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Ozet 

Plevral efiizyonu olan olgularda belirti ve bulgular plevral efiizyona neden olan eti- 
yolojiye ve sivinin miktarina baglidir. Semptomlar plevranin inflamasyonu, pulmo- 
ner mekaniklerin bozulmasi, tuzak akciger olusumu, gaz degisiminde bozulma veya 
azalmis kardiyak output’a bagli olabilir. Burada tuzak akciger olusmus bir olguda 
dekortikasyon, plevrektomi ameliyati sonras! akcigerin yeniden ekspansiyonunun 
saglandigi, kan gazi ve solunum fonksiyon testlerinde diizelme oldugu goriildii. Biz 
bu olgu sunumu ile tuzak akcigerli hastalarda cerrahinin ge¢ dénemde bile gel- 


seler 6ncelikli tedavi segenekleri arasinda olmasi gerektigini sunmay! amacladik. 


Anahtar Kelimeler 


Plevral Efiizyon; Fibrinéz Plérit; Cerrahi 


Abstract 

The signs and symptoms in patients with pleural effusion depend on the amount 
of fluid and the etiology. The symptoms may be due to the pleural inflammation, 
deterioration of pulmonary mechanics, the formation of trapped lung, impairment 
of gas exchange or reduced cardiac output. This case showed that re-expansion 
of the lung and improvement in the blood gas and pulmonary function tests were 
achieved after the decortication and pleurectomy in a patient with trapped lung. 
We aimed in this case report that surgery should be having a priority of treatment 


options in late presenting patients with trapped lung. 
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Kronik Fibrinéz Plérit / Chronic Fibrinous Pleuritis 


Giris 

Plevra son derecede reaktif bir dokudur. Bu nedenle kan veya 
bakteriyel kontaminasyon gibi reaktif olaylar karsisinda dam- 
arlanma artisindan ciddi fibrozise kadar bir dizi degisiklikler 
gosterir. Plevral boslugun kontaminasyonu plevrada kapiller 
permeabiliteyi arttirarak plevral boslukta ekstdatif bir sivinin 
toplanmasina yol agmaktadir [1;2]. Plevra yapraklari arasinda 
enfekte materyal varligi ampiyem olarak kabul edilir. Bu pa- 
toloji cesitli tedavi y6ntemlerine ragmen ylksek mortalite ve 
morbiditeye sahiptir. Ampiyem kroniklestiginde fibrozis nedeni 
ile ayn taraf hemitoraksta akciZer hapsolur, zamanla inter- 
kostal araliklar daralir ve fibrotoraks meydana gelir [3;4]. Te- 
davi secenekleri arasinda cerrahi olarak plevrektomi ve dekorti- 
kasyon ameliyati yapilabilir. 


Olgu Sunumu 

51 yasinda erkek hasta, son bir yildir devam eden nefes darlig1, 
yorgunluk, halsizlik, gece terlemesi ve kilo kaybi sikayetleri 
nedeni ile klinigimize yatirildi. Hikayesinde dort defa plevra 
biyopsisi alindigi ve patolojik tanisinin kronik fibrinéz plorit ile 
uyumlu geldigi ogrenildi. Fizik muayenede sagda solunum se- 
sinin alinmadigi matitenin arttigi tespit edildi. Plevral mayi: glu- 
koz: 115 mg/dl, LDH: 429 IU/L, protegin: 3.2 g/dl idi. Laboratu- 
var bulgularinda: beyaz kiire: 17.3 K/mm3, CRP: 178 mg/L, ESH: 
65 mm/h. Solunum fonksiyon ve kan gaz! degerleri; preoperatif: 
FEV1: 2.49 (%68), FEV1/FVC: %102, pH: 7.5, PO2: 71.6 mmHg, 
PCO2: 37.8 mmHg, sO2: 95.8, postoperatif (1. ay) FEV1: 2.74 
(%77), FEV1/FVC: %114, pH: 7.44, PO2: 83.9 mmHg, PCO2: 
31.1 mmHg, sO2: 96.7 oldugu tespit edildi. Radyolojik olarak 
cerrahi 6ncesi ve sonras! postero-anterior akciger grafilerinin 
goriintiisu izlenmektedir (Sekil 1: A,B). Hastanin akciger ekspan- 
siyonunun olmamasi, tuzak akciger bulgularinin olmasi Uzerine 
cerrahiye karar verildi. Hastaya sag torakotomi ile dekorti- 
kasyon, plevrektomi yapildi (Sekil 2: A,B). Postopertif patoloji 
sonucu yine fibrin6z plorit olarak geldi. 


Sekil 1. PA akciger grafisinde operasyon éncesi sag hemitoraksta tama yakin hav- 
alanma kaybi izlenmekte (A), PA akciger grafisinde operasyon sonras! sag hemi- 
toraksda belirgin havalanma artis! g6zlenmekte (B). 


Sekil 2. intraoperatif tuzak akciZer ve dekortikasyon, plevrektomi goriintiisti. (A, B) 


Tartisma 

Viseral ve pariyetal plevradaki fibrin depozitlerinin inflama- 
tuar yanittan sorumlu oldugunu ilk kez Samson 1955 yilinda 
bildirmistir [5]. inflamatuar reaksiyonun dagilimi, etiyolojik 
nedenlere gore degismekle birlikte kalin fibréz kabuktan, transu- 
datif plevral eftizyonlarda ince membrana kadar degisik karak- 
terde olabilmektedir. Plevral boslukta biriken eksudatif karakter- 
deki piirilan sivi ve kaliniasmis fibr6z kabuk akcigerin hareketini 
ve ekspansiyonunu sinirlar, bu nedenlerle pulmoner kompre- 
syona ve atelektaziye neden olur. Bizim olgumuzda da son bir 
yildir devam eden eksudatif karakterli plevral sivi nedeniyle kro- 
nik fibrindz plérit olustugu, sa& akcigerin tuzaklanmasina bagl 
sag hemitoraksin totale yakin fibrin depozitleri ile kaplanmis ve 
interkostal mesafelerin daralmis oldugu goruldi. Bu nedenle 
hastanin solunum kapasitesi ve kan gazi degerlerinin etkilendigi 
tespit edildi. Hastada bir yil igerisinde alinan dort plevral biyop- 
sinin kronik fibrin6z ploritle uyyumlu gelmesi ve tarafimizdan bu- 
nun teyit edilmesi sonucu hastaya torakotomi ile dekortikasyon 
ve plevrektomi yapildi. 

Dekortikasyon ve plevrektomi karar! medikal ve minimal invaziv 
cerrahi yontemlerin yetersizliginde, klinik olarak hastanin du- 
rumu degerlendirilerek verilir, basaris! uygun hasta secimine 
baglidir. Dekortikasyon ve plevrektomide kalinlasmis paryetal 
plevranin cikartilmasindan ziyade viseral plevra Uzerindeki tum 
fibrin depozitlerinin ¢ikartilmasi ve akcigerin tam ekspansiyo- 
nunun saglanmas! amaclanmaktadir [5;6]. 

Rzyman ve ark. [7] kronik plevral ampiyemde yapilan dekorti- 
kasyon ve plevrektomi ameliyatinin akciger solunum fonksiyon 
testleri ve kan gazi Uzerine etkilerini arastirdiklari calismalarinda 
cerrahi sonrast istatistiksel olarak anlamli diizelmelerin oldugunu 
bildirmislerdir. Yine benzer sekilde Orug ve ark. [8] dekortikasyon 
ameliyati yapilan eriskin hastalarin ameliyat 6ncesi ve ameli- 
yat sonrasi arteriyel kan gazi analizi, solunum fonksiyon testi 
ve akciger perfiizyon sintigrafilerinin karsilastirarak yaptiklari 
galismalarinda dekortikasyon ile akciger Uzerindeki baskinin 
ortadan kalkmasi sayesinde akcigerde tekrar havalanma 
saglandigini, akciZer solunum fonksiyonlarinin erken dénemde 
kismen olmakla birlikte zamanla eski fonksiyonlarina geldigini, 
kan gazi oksijen degerinin ameliyat sonras! ddnemde 6nemli 
oranda dizeldigini bildirmislerdir. Bizim olgumuzda da kan gaz 
degerlerinde daha belirgin olmakla birlikte solunum fonksiyon 
testlerinde belirgin diizelme oldugu, (ameliyat sonrasi erken 
dénemde PO2 satiirasyonunda %12’lik artis) akciger ekspansi- 
yonunun klinik durumun baslangicindan bir yil sonra yapilan cer- 
rahiye ragmen saglanabildigi, gece terlemelerinin kayboldugu, 
fakat sag hemitoraks hacmindeki kiicilmenin postoperatif erken 
doénemde de devam ettigi, paryetal plevranin total cikarilmasina 
ragmen interkostal mesafelerin tam dizelmedigi gozlendi. 
Sonug olarak; Kronik plevral eftizyon nedeniyle tuzak akciger 
olusmus hastalara cerrahi olarak dekortikasyon, plevrekto- 
mi yapilmasi postoperatif solunum fonksiyon testlerinde ve 
kan gazi degerlerinde anlamli derecede, toraks asimetrisinde 
kismen diizelme saglamaktadir. Ozellikle gen¢ hastalarda plev- 
ral efizyona sekonder gelismis fibrinéz plorit ve tuzak akciger 
olmasi durumlarinda tedavi secenekleri arasinda cerrahinin 
oncelikli olarak diistintilmesi gerektigi kanaatindeyiz. 
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Cikar Cakismasi ve Finansman Beyani 
Bu calismada ¢ikar cakismasi ve finansman destek alindigi bey- 
an edilmemistir. 
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Ozet 

intihar girisimi tim yas gruplarini etkileyen bir saglik problemidir. Siklikla ilac, 
atesli silah veya asi yoluyla yapilir. 35 yasinda erkek hasta acil servisimize 112 
ekipleri tarafindan intihar girisimi nedeniyle getirildi. Oykiisiinden, yaklasik 2 saat 
kadar once intihar amaciyla her iki kolundan dirsek i¢ yiiziine iV yoldan camasir 
suyu enjekte ettigi 6grenildi. Fizik muayenesinde; sag kolunda 3,5 cm ¢apinda, sol 
kolunda 3 cm capinda kirmizi renkli ekimoz ve 6dem vardi. Sistemik bir bulgusu 
yoktu. Hasta 24 saatlik g6zlem sonucunda taburcu edildi. 


Anahtar Kelimeler 
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Abstract 

A suicide attempt is a health problem affecting all age groups. Suicides are usu- 
ally by medicine overdose, gun-shot injury and hanging. 35 year old male patient 
was brought to our emergency department by 112 EMS due to suicidal attempt. 
Approximately two hours before the story of both arms, by iv injection of sodium 
hipochlorid was learned that he wants to commit suicide. On physical examina- 
tion, his right arm 3,5 cm in diameter and his left arm 3 cm diameter red color 
ecchymosis and edema was present. There was no evidence of sistemical patho- 
logical finding. The patient was discharged after 24 hours of observation. 
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Giris 

intihar girisimi tim yas gruplarini etkileyen bir saglik problemi- 
dir. Siklikla ilag, atesli silah veya asi yoluyla yapilir. Literatiirde 
sodyum hipoklorid enjeksiyonuyla ilgili bir vaka bulunmustur [1]. 
Bu calismada camasir suyunun intravenéz (iV) yoldan enjeksi- 
yonuyla intihar girisiminde bulunan bir vaka sunulmaktadir. 


Olgu Sunumu 

35 yasinda erkek hasta acil servisimize 112 ekipleri tarafindan 
intihar girisimi nedeniyle getirildi. Oykiisiinden; yaklasik 2 saat 
kadar once intihar amaciyla her iki kolundan dirsek ic yiiztine iV 
yoldan, % 5 lik gamasir suyundan yaklasik 10 ml enjekte ettigi 
ogrenildi. Bu sikayetle Gnce ilce deviet hastanesine gitmis, 
daha sonra hastanemize sevk edilmis. Hastanin asker oldugu 
ve iV enjeksiyon konusunda egitim almadigi, iZneyi dirsek on 
yuzune saplayarak, kan gelene kadar pistonu ¢ekerek ilerledigi, 
kan gelince de enjeksiyonu yaptigi ogrenildi. Fizik muayenede 
hastanin genel durumu iyi, biling agikti. Kan basinci 120/80 
mmHg, Nabiz 80/dakika idi. Sag kolunda 3,5 cm capinda, sol 
kolunda 3 cm capinda kirmizi renkli ekimoz ve 6dem (Resim1-2) 


Resim 2. Hastanin sol kolunda 6dem ve ekimoz 


vardi. Sistemik zehirlenme bulgusu yoktu. Hastaya 4 litre/dakika 
oksijen verildi. Hastanin diger hastanede el bileginden acilan 
damar yollar! ¢ikarilarak daha proksimalden damar yolu agildi. 
Hastanin tam kan, biyokimya ve arteryel kan gazi sonuclari 


normaldi (pH=7,35, pO2=95 mmHg, pCO2=38 mmHg, AST=30 
IU/L, ALT=25 IU/L). Her iki dirsekten Doppler Ultrasonografik in- 
celeme yapildi. Damar yapilarinin saglam oldugu goéruldu (Resim 
3-4). Hasta 24 saatlik g6zlem sonrasi taburcu edildi. 
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Resim 3. Hastanin sag kol doppler ultrasonografik inceleme goriintisii 
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Resim 4. Hastanin sol kol doppler ultrasonografik inceleme gériinttisti 


Tartisma 

Camasir suyu evlerde temizlik amaciyla yaygin olarak kullanilan 
bir kimyasal ¢ozeltidir. Kazayla oral yoldan alinmasina bagli 
olarak 6lum vakalari bildirilmistir. Solunum yoluyla maruziyet 
sonucu nefes darligi ve akciger 6demi gelisebilmektedir [2;3]. 
Hoy [1], kaza ile hemodiyaliz sivisina camasir suyu karistirilan 
bir vaka bildirmistir. Hastada bu kaza sonucu yaygin hemo- 
liz, siyanoz, serum elektrolitlerinde ani diisme, hiperkalemi ile 
kalp ve solunum durmasi gelistigini bildirmistir. Gelisen kalp 
ve solunum durmasini da hiperkalemiye baglamistir. Hastanin 
Sodyum tiyosilfat ile tedavi edildigini ve iyilestigini bildirmistir. 


Bizim hastamizda ¢amasir suyunun  sistemik dolasima 
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gecmemis olmasi nedeniyle bu tir sistemik komplikasyon- 
lar gorulmemistir. Herrman [3], tedavi amag¢li gamasir suyu 
kullaniminin lokal komplikasyonlar! arasinda lokal agri ve 6dem 
oldugunu bildirmistir. Froner [4], ise intihar amacli 300mg oral 
diazepam ve 0.3 ml, %5.25’lik camasir suyu soliisyonu alan bir 
hasta bildirmistir. Hastada gamasir suyu enjeksiyonuna ait her- 
hangi bir lokal bulgu olmadigini bildirmistir. Bizim hastamizin 
ise her iki kolunda lokal 6dem mevcuttu. Yapilan Doppler Ultra- 
sonografik inceleme sonucu damarlarda akimin normal oldugu 
gorildi. Hastanin enjeksiyon egitimi almamis olmasi nedeni- 
yle intihar girisimi basarisiz oldugu diistinulebilir. Camasir suyu 
sistemik dolasima gegcmemesi sonucu ciddi olabilecek kom- 
plikasyonlar gorulmemis olabilir. Ayrica son dénemde Uretilen 
¢amasir sularinin, diisuk konsantrasyonda iUretiliyor olmasi 
olimcil komplikasyonlari 6nlemis olabilir. 

Camasir suyu alkali yapida kimyasal bir ¢ézeltidir. Kazayla veya 
intihar amacli olarak alinmasi ciddi sonuclara yol acabilir. He- 
moliz ve hiperkalemiye bagli olarak kalp ve solunum durmasi 
gelisebilir. Saglik calisanlar! bu konuda uyanik olmalidir. 


Cikar Cakismasi ve Finansman Beyani 
Bu calismada cikar cakismasi ve finansman destek alindigi bey- 
an edilmemistir. 
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Gzet 

Persistan sol stiperior vena kava anomalisi en sik gézlenen konjenital ven anoma- 
lisidir. Genel populasyonda %0.5 oraninda gozlenir. Persistan sol stiperior vena 
kava anomalisine atrial septal defekt, ventrikiiler septak defekt, bikiispit aorta, 
aort koartkasyonu ve kor triatriatum gibi kardiyovasktiler anormallikler %3-10 
oraninda eslik eder. Diskret subaortik membran yetiskinlerde subaortik stenozun 
nadir nedenleri arasindadir. Aort kapagin altinda fibréz veya fibromuskuler yiiztik 
seklinde olusan diskret aortik mebran izole olarak goriilmesinin yaninda konjenital 
kardiyak anomaiilerle birlikte de goriilebilir. Biz de ilk kez subaortik diskret memb- 
ran ile persistan sol stiperior vena kava birlikteligini tanimladik. 
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Abstract 

A persistent left superior vena cava is the most common congenital anomaly in- 
volving the systemic veins. It occurs in approximately 0.5% of the general popula- 
tion and 3% to 10% of patients with other cardiovascular abnormalities including 
atrial septal defect, ventricular septal defect, bicuspid aortic valve, coarctation 
of aorta, and cor-triatriatum. A discrete subaortic membrane is a rare cause of 
subaortic stenosis in adult. It may present as in an isolated form as fibrous or 
fibromuscular ring below the aortic valve or in association with other congenital 
anomalies. This is the case of a persistent left vena cava superior associated with 
a subaortic discrete membrane. 
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Giris 

Persistan sol siiperior vena kava (PSSVK) sistemik ven anoma- 
lilerinin en sik nedenidir. Genel populasyonda %0.3-0.5 oranin- 
da gortliir ve bu hastalarin da %1.5-10’u atrial septal defekt, 
ventrikiiler septak defekt, bikiispit aorta, aort koartkasyonu ve 
kor triatriatum gibi diger konjenital kalp anomalileri ile birlikte- 
dir[1]. Persistan sol siiperior vena kava izole veya kompleks pa- 
tolojinin kompenenti olmasi farkli klinik sonuglara neden ola- 
bilir. 

Sol ventrikil ¢ikim yolunda gradient olusturan subaortik diskret 
membran_ nadir goriilen kardiyak anomaliler arasindadir. Suba- 
ortik diskret membran sol ventrikil cikis yolunda darliga neden 
olmasi agisindan klinik olarak 6nem arz etmektedir. Subaor- 
tik membran izole olarak veya kompleks anatomik bir defektin 
komponenti olarak ortaya ¢ikabilir[2]. Subaortik diskret memb- 
ran diger konjenital kalp hastaliklarina %6.5 oraninda eslik et- 
mektedir[3]. Biz burada persistan sol stiperior vena kavaya su- 
baortik diskret membranin eslik ettigi vakay tanimladik. 


Olgu Sunumu 

Yirmi dort yasinda erkek hasta klinigimize carpinti ve nefes dar- 
lig! sikayeti ile basvurdu. Hastanin 6zgegmisinde ézellik yoktu. 
Fizik muayenesinde arteryel tansiyonu 130/80 mmHg, kalp hizi 
80/dk ve sag ikinci interkostal aralikta 2/6 sistolik Uftiriim du- 
yuldu. Rutin kan biyokimyasi normal sinirlarda idi. Cekilen isti- 
rahat EKG’si normal siniis ritmindeydi ve patolojik bulgu yok- 
tu. Posterior anterior akciger grafisinde patoloji saptanmad. iki 
boyutlu transtorasik ekokardiyografisinde (2-D TTE) sol ventri- 
kil sistolik fonksiyonlari, tum kalp bosluklari normaldi. 2-D TTE 
parasternal uzun eksen goruntiide koroner sinus dilatasyonu ve 
sol ventrikiil ¢ikis yolunda septumda subaortik membran sap- 
tandi (Resim 1A). 2-D TTE apikal dort oda gériinttide CW Dop- 
ler ile subaortik bolgede diskret membrana bagli 30/15 mmHg 
gradient saptandi (Resim 1B). Koroner siniis dilatasyonu nede- 
niyle PSSVK tanisi dogrulamak icin 2-D TTE apikal dort oda go6- 
runtiistiyle hastaya sol antekubital venden ajite salin enjeksi- 
yonu yapildi. Ajite salin sonrasi sirasiyla koroner sinus, ardin- 
dan sag atrium ve sag ventrikiilde kontrast dolusu gézlendi (Re- 
sim 2) ve hastaya persistan sol superior vena kava tanisi kondu. 
Bu hastalarin ileri yaslarda subaortik diskret membran nedeniy- 
le ciddi aort darligina bagli cerrahi tedavi gerekebilir. Bu has- 
talarda patoloji bilinmediginde yapilacak santral venéz girisim- 
ler ciddi komplikasyona neden olabilir. Bu nedenle hastaya dii- 
zenli ekokardiyografi kontrolleri 6nerildi. Ayrica hastaya yapila- 
cak olasi santral vendéz girisimler 6ncesi saglik personelini uyar- 


Resim 1. Transtorasik ekokardiyografi parasternal uzun eksen gériinttide koroner 
siniis dilatasyonu ve sol ventrikiil cikis yolunda septumda subaortik membran (A) 
ve apikal dért oda gortintiide CW Dopler ile subaortik bélgede diskret membrana 
bagli 30/15 mmHg gradient saptanmasi(B). 


masi 6nerildi. Biz de klinik 6nemi nedeniyle bu nadir birlikteligi 
sunmay! uygun bulduk. 


Resim 2. Transtorasik ekokardiyografide apikal dort oda goriinttisiiyle hastaya 


sol antekubital venden ajite salin enjeksiyonu sonrasi sirastyla koroner sintis, 
ardindan sag atrium ve sag ventrikiilde kontrast dolusunun gézlenmesi. 


Tartisma 

Persistan sol siiperior vena kava genellikle baska nedenle ya- 
pilan tetkikler esnasinda tesadiifen saptanir. PSSVK %90 ora- 
ninda sag atriuma koroner sins araciligi ile baglanirken, %10 
hastada direkt sol atriuma agilir[1]. PSSVK embriyolojik hayat- 
ta sol anterior kardinal venin proksimal pargasinin gerilememe- 
si sonucunda sol superior vena kava direk olarak koroner sinu- 
se acilir. Artan venéz déntise bagli olarak koroner sinUs zaman- 
la dilate olur. 

PSSVK asemptomatik bir patoloji olmasina ragmen, kalici ka- 
teter ve kalp pili amaciyla ven6z girisim yapilacak hastalarda 
anatomik varyasyondan dolayi klinik 6nem arz etmektedir [4]. 
Cink bu hastalarda patoloji 6nceden bilinmediginden yapila- 
cak girisime bagli olarak ciddi komplikasyonlar gelisebilir. 
PSSVK’ya atrial septal defekt, ventrikiiler septal defekt, kor tri- 
atriatum, bikiispit aorta ve aort koartkasyonu gibi bir¢gok kar- 
diyak anomali eslik etmektedir. Biz burada PSSVK’ya nadiren 
eslik eden diskret subaortik membran birlikteliZini tanimladik. 
Diskret subaortik membran yetiskinlerde subaortik stenozun na- 
dir nedenleri arasindadir. Bu patoloji aort kapagin hemen altin- 
da fibr6z veya fibromuskiler ring seklinde izole olabilecegi gibi, 
diger konjenital anomalilere de eslik edebilir[3]. 

Subaortik diskret membran sadece subartik alani etkilemekle 
kalmaz ayni zamanda olusturdugu akim turbulansiyla komsu ka- 
pakgiklarda anotomik bozukluklara neden olabilir. Bunun sonucu 
olarak aort kapak yetmezligi veya darlig1, sol ventrikiil fonksi- 
yonlarinda azalma ve infektif endokardite neden olabilir [2]. Bu 
hastalarda subaortik membran bagli aort kapak darliginda za- 
manla artis olabilir. Bu durum kendini klinik olarak efor kapasi- 
tesinde azalma, nefes darligi, asiri yorgunluk ve ¢arpinti yakin- 
mast ile gdsterir[5]. Ayrica hastalarda ani hemodinamik bozuk- 
luklar ve ates yiiksekligi gibi semptomlar akla enfektif endokar- 
dit olasiligini getirmelidir. 

Bizim vakamizda subaortik diskret membrana bagli hafif dere- 
ce aort kapak Uzerinde gradiyent vardi. Hastanin sikayetleri her 
ne kadar aort kapak darligina bagli sikayetlere benzese de; ak- 
ciger grafisinin normal olmasinin yaninda ekokardiyografik ola- 
rak da hafif derecede aort darligi saptanmasi hastanin sikayet- 
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lerinin kardiyak nedene bagli olmadigini tespit etmemizde yar- 
dimci oldu. Bu nedenle hastaya bu sartlarda ek tedavi diistinil- 
medi ve rutin ekokardiyografik kontroller 6nerildi. Bu baglam- 
da, bu tir hastalarin erken yaslarda tespit edilip gerektiginde 
tedavi edilmeleri ileride olusacak geriye déniisumstz patoloji- 
lerin olusumuna engel olur. Aortik odakta sistolik Uftirtim tes- 
pit edilen geng hastalar mutlaka ekokardiyografi ile subaortik 
membran agisindan degerlendirilmelidir. 


Cikar Cakismasi ve Finansman Beyani 
Bu calismada cikar gakismasi ve finansman destek alindigi be- 
yan edilmemistir. 
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Ozet 

Myastenia gravis primer olarak postsinaptik bileskeyi etkileyen otoimmin bir 
hastaliktir. istemli kaslarda kuvvet kaybi ve kolay yorulmayla karakterizedir. Akut 
ataklar solunum yetmezligi ve yutkunma giicligiiyle hayati tehdit edebilir. Bun- 
dan 4-5 ay once halsizlik ve yorgunluk sikayetleri baslayan 24 yasinda erkek has- 
ta nefes almada ve yutkunmada giicligiin artmasi iizerine yogun bakima alindi. 
Pnomoni tespit edilen hasta, ileri tetkiklerinde myastenia gravis tanisi aldi. intra- 
ven6z immunoglobilin (IVIG) tedavisi icin merkezimize kabul edilen hasta 28 giin- 
luk yogun bakim takibinden sonra timektomi icin dis bir merkeze yonlendirildi. Bu 
olgu sunumunda, pnémoni ve solunum yetmezligi ile yoSun bakima kabulii sonra- 
sinda myastenia gravis tanisi alan bir hastanin yogun bakim yénetimi, myastenik 
krizi tetikleyen faktorler ve akut atak tedavisi tartisilmistir. 


Anahtar Kelimeler 
Myastenia Gravis; Pnémoni; immunoglobulin 


Abstract 

Myasthenia gravis is an autoimmune disease affecting primarily postsynaptic 
junction. It is characterized by the weakness and fatigability of voluntary muscles. 
Acute exacerbations may be life- threatening because of respiratory failure or 
swallowing difficulties. A 24 year old male patient who had weakness and tired- 
ness for about 4-5 months, was admitted to the intensive care with respiratory 
failure and difficulty in swallowing. Myasthenia gravis was diagnosed with future 
investigations.The patient who was admitted to our hospital for IVIG treatment 
stayed 28 days in Intensive-care unit (ICU) and patient was transferred for thy- 
mectomy to another medical center. In this case, the management of a patient 
who was diagnosed as myasthenia gravis after admission to ICU, with respiratory 
failure and pnemonia, factors affecting myasthenic crisis and acute attack treat- 
ment were discussed. 
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Giris 

Myastenia gravis (MG) primer olarak postsinaptik bileskeyi et- 
kileyen otoimmin bir hastaliktir. Hastalarin %85-90'inda lg G 
asetilkolin reseptor antikorlari bulunur (Anti-AchR) [1]. Egzersiz- 
le artan kuvvet kaybi ve kolay yorulma ile kendini gosterir. Has- 
taligin insidansi 1/300.000'dir ve geng kadinlarla, yasli erkekler- 
de sik goérilur [2]. Solunum yetmezligi ve yutkunma giicligii ha- 
yati tehdit edebilir. Myastenia gravisli olgularin akut atak te- 
davisinde, kortikosteroidlerin, immtin sistemi baskilayan ajan- 
larin, plazmaferezin ve intravenéz immiinoglobulin tedavisinin 
yeri vardir [2]. Antikolinesterazlarin tedaviye eklenmesi 6neril- 
mektedir. Tedavi hem sinir-kas kavsagi hem de immin sistem- 
deki fonksiyon bozukluguna yonelik olmalidir. 

Bu olgu sunumunda pnémoni ve solunum yetmezligiyle yogun 
bakima kabulii sonrasinda myastenia gravis tanis! alan bir has- 
tanin yogun bakim yénetimi ele alinmistir. 


Olgu Sunumu 

Yirmid6ért yasinda erkek hastanin 4-5 ay kadar once gelisen 
giicstizlik sikayeti mevcutmus. Son iki hafta iginde gelisen ne- 
fes almada ve yutkunma da giicligti olan hasta solunum sikin- 
tisinin giderek artmasiyla dis merkeze basvurmus. Dis merkez- 
de yapilan incelemede, tam kan sayiminda beyaz kiire: 22.800 
ve notrofil: 82.3% ndtrofil hakimiyeti gézlenmis. Genel durumu 
kétiilesen ve biling bulanikligi gelisen ve arteriyel kan gazinda 
pH:7.198, pCO2:85.5, pO2:22 olan hasta entiibe edilmis. Cekilen 
toraks tomografisinde sag akciger alt lobda peribronsiyal ka- 
linlasma ve yer yer retikulonodiler goriintiim tespit edilmis.(Re- 
sim 1) On mediastende yaklasik 2 cm capinda icerisinde mili- 


Pterial Phase 2 


Resim 1. Sag akciger alt lobda peribronsiyel kaliniasma ve retikulonoduler gériti- 
nuimde artis (ok ile isaretlenmis bolge) 


metrik 1-2 adet kalsifikasyon bulunan ve muhtemelen timusa 
ait yumusak doku dansitesinin mevcut oldugu gézlenmis.(Resim 
2) Kranial BT, ist abdomen BT, alt abdomen BT, Kraniyel MR ve 
servikal MR goriintiilemeleri normal olan hastaya pnomoni ta- 
nisi konularak, meropenem 3x1gr. ve vankomisin 1x1gr. tedavi- 
si baslanmis. CRP ‘si 141 olan hastada, SIMV modunda meka- 
nik ventilator destegi altinda antibiyotik tedavisine devam edil- 


Acterial Phase 14 830f OZEL SANI KONUKOG 


-410.5 ST: 1.5mm 


Resim 2. On mediastende 2 cm capinda, icinde milimetrik kalsifikasyonlar bulunan 
timus dokusu(okla isaretlenmis). 


mis. Antibiyoterapinin 6. giintinde lékositozu ve CRP’si gerile- 
yen hastanin Akciger grafisinde infiltrasyon izlenmemis. Ancak 
kas gii¢suzligii ve solunum sikintis! devam eden hasta néroloji- 
ye devredilmis. Yapilan EMC’sinde ileti hizlar! normal bulunmus. 
Myasthenia gravis oldugu distinulen hastaya pridostigmin te- 
davisi (3x2) baslanmis. Prednol puse (250 mg) tedavisinin ar- 
dindan, prednol dozu 1 mg.kg-1 ‘a gecilerek plazmaferez yapil- 
masi ya da IVIG tedavisi almak tizere hastanemize nakledildi. 

Yogun bakimimiza kabuliinde hastanin genel durumu orta, bilinci 
acik, koopere ve entiibeydi. Yapilan norolojik muayenesinde Ust 
ve alt ekstremite proksimalinde, sirasiyla -3/5 ve -2/5 giicstiz- 
luk mevcuttu. Yogun bakim initesine kabuliinde hastanin rutin 
tetkikleri ve kan, idrar derin trakeal aspirat kiltiir 6rnekleri gon- 
derildi. Noroloji béliimtyle konsulte edilen hastaya pridostigmin 
tablet 6x1 baslanmasina, hastanemizde plazmaferez yapilama- 
digindan, IVIG tedavisinin diizenlenmesine karar verildi. Hasta- 
dan asetilkolin reseptér antikoru génderildi. Asetilkolin reseptor 
antikoru diizeyi 150 nm.L-1 olarak geldi Pnémoni tedavisi in- 
feksiyon Hastaliklari Klinigi ile konsulte edildi. Kas sinir kavsagi- 
ni etkileyebileceginden, vankomisin tedavisi kesilerek, tedaviye 
meropenem 3x1 ile devam edilmesi uygun goriildii. IVIG tedavisi 
baslanabilmesi icin, lg A diizeyi gériild. Duzeyi normal sinirlar- 
daydi. IVIG tedavisi yonuinden Kardiyoloji ve Dahiliye bélimlerin- 
den konsultasyon istendi. EKG’si ve yatak basi EKO’sunda sisto- 
lik fonksiyonlar! normal olan hasta, kardiyak agidan stabil olarak 
degerlendirildi. Hastaya IVIG 0.4 mg.kg.giin-1 baslandi. Yogun 
bakimda iki kiir halinde 5 er giin IVIG tedavisi alan hasta, servis- 
te de 1 kiir daha IVIG tedavisi aldi. Hastanin bobrek fonksiyon- 
larinda ve idrar ¢ikisi takibinde sorun yasanmadi. Hastanin kan 
basinci radyal arterden, invaziv olarak izlendi. Derin trakeal as- 
pirat kultiirtinde stafilokok lentus iremesi Uzerine hastaya tei- 
koplanin tedavisi baslandi. Hastaya yogun bakima yatisinin 18. 
giintinde trakeostomi agildi. Birinci kiir IVIG tedavisi sonrasinda 
1 kez ve ikinci kir tedaviden sonra 2 kez ekstiibe edilen hasta- 
miz yliksek doz Iv-lg tedavisine ragmen 1. ve 2. kiir uygulama- 
dan sonra kas gii¢sizluigiinde tekrar artis olmasi Uzerine ekstii- 
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basyonlarindan 24 saat kadar sonra, reenttibe edildi. Ventila- 
t6r takibine SIMV+PS modunda PS:10 mbar, Tidal volum(TV):6 
ml/kg, frekans(f):12/dak, FiO2:0.5 PEEP:Smbar ile baslandi. Has- 
ta ekstiibasyon kriterlerini karsiladiginda ekstiibe edildi. Ancak 
eksttbasyonundan 24 saat kadar sonra kas guc¢sizlugui artan 
hastanin reentiibasyonu gerekti. YoSun bakimimiza kabuliiniin 
25. guniinde mekanik ventilatorden ayrilan ve pnomoni tedavi- 
si tamamlanan hasta, yogun bakimimiza yatisinin 28.giintinde 
servise nakledildi. Hasta timektomi icin bir baska merkeze y6n- 
lendirilerek taburcu edildi. 


Tartisma 

Myastenia gravis istemli kaslarda zayiflik ve kolay yorulmay- 
la karakterize otoimmiin bir —hastaliktir. Jeneralize olgularin 
%90'inda nikotinik asetilkolin reseptorlerine karsi gelisen lg G 
ototantikorlar! mevcuttur [3]. Akut myastenik krizler yutkunma 
ve solunum giicligii nedeniyle hayati tehdit edebilir. Bulbar ve 
respiratuar kaslarin giicstizligiine bagli olarak gelisen solunum 
yetmezligi ve trakeal sekresyonlarin olas! aspirasyonu sonrasi 
gelisen pnémoni hastamizda altta yatan myastenia gravisi te- 
tikleyerek, myastenik kriz gelisimine yol agmis olabilir [4]. Myas- 
tenik olgularin akut tedavisine baslamadan 6nce krizin myaste- 
nik ya da kolinerjik k6kenli oldugunun ayrimi yapilmalidir [5]. Bi- 
zim olgumuzda, hasta pndmoni teshisiyle yogun bakim Unitesi- 
ne kabuliinden sonra myastenia gravis tanis! aldigindan pros- 
tigmin testine gerek duyulmadi. 

Myastenia gravisli olgularda kardiyak sorunlar, enfeksiyon, yuk- 
sek doz kortikosteroid kullanimi veya steroidin ani kesilmesi 
myastenik krizi tetikleyebilir [3]. Myastenia gravisli olgularda, 
kas-sinir kavsagini etkiledigi bilinen aminoglikozid, makrolid, ve 
florokinolon grubu antibiyotiklerin myastenik krizi tetikleyebile- 
cegi bilinmektedir. Gentamisin, tobramisin ve amikasin asetil- 
kolinin presinaptik salinimini etkiler [6]. Eritromisin nédromus- 
kuler iletiyi presinaptik yolak Uzerinden etkileyerek, myastenik 
krizi tetikleyebilir. Azitromisin ve telitromisin kullanimina bag- 
li tetiklenen myastenik ataklar bildirilmistir [6]. Bizim olgumuz- 
da da pnémoni tedavisi icin meropenem ve vankomisin tedavisi 
baslanmisti. Bu antibiyoterapi kombinasyonu varolan myasteni 
atagini daha da artirmis olabilir. 

Kortikosteroidler imtnsupresif etkilerinden dolay! myastenia 
gravisin tedavisinde etkili olmalarina ragmen, iyonik kanallar 
araciligiyla asetilkolin reseptortini: bloke eder ve kas kontrakti- 
litesini olumsuz y6nde etkileyebilir [7]. 

Myastenik kriz tedavisinde, IVIG ile ya da plazmaferezle dola- 
simdaki antikorlarin temizlenmesi, immiun supresif tedaviyle 
AchR karsi gelisen otoantikorlarin sentezinin baskilanmas! 6ne- 
rilmektedir. Bu olguda myastenik kriz tedavisinde kortikostero- 
id ve IVIG kombinasyonu tercih edilmistir. Plazmaferez ve im- 
munadsorpsiyon ile plazmaferez IVIG tedavisine alternatif yon- 
temlerdir. Ozellikle, imunadsorpsiyon plazmaferez yéntemiyle 
AchR antikorlari, replasman sivisina ihtiyag duyulmadan secici 
olarak absorbe edilmektedir [3]. Klasik plazmaferez yonteminde 
ise, santral venéz kateter kullanimina ve replasman sivisi olarak 
verilen kolloidlerin kullanimina bagli riskler s6z konusudur [8]. 
intravenoz immiinoglobulin tedavisinin etkinliZi ilk olarak idio- 
patik trombositopenik purpurada (ITP) gosterilmistir. Myaste- 
nia gravisin akut atak tedavisinde intravenéz immunoglobulin 
1984’ten beri kullanilmaktadir [2]. intravenéz immunoglobulinin 


5 gin 0.4-1 mg.kg-1 dozda immiin yaniti modiile ederek etki- 
li olabilecegi belirtilmektedir [2]. IVIG’nin AchR baglanmak icin 
kompetisyonu, Fc reseptor pozitif inflamatuar hiicrelerin motor 
son plaga baglanmasini engellenmesi olasi etki mekanizmalari- 
dir. MG ‘de klinik diizelme AchR’e karsi gelisen otoantikor diize- 
yindeki azalmayla korele degildir [3]. 

IVIG tedavisiyle gelisebilecek yan etkiler, ates, bas agrisi, bu- 
lanti, alerjik reaksiyonlar, akut bobrek yetmezligi, aseptik me- 
nenjittir. Tedavinin maliyeti plazmafereze gore oldukga yiiksek- 
tir [2]. Bizim hastamizda tedavi suresince, bas agrisi disinda bir 
yan etki gelismedi. 

Myastenik krizle yogun bakim Unitesine kabul edilen hastalarin 
tedavisinde solunum parametrelerinin dikkatle izlenmesi ve ge- 
lisen komplikasyonlara uygun destek tedavi onceliklidir. Myas- 
tenik krizli olgularda, IVIG ve kortikosteroid tedavisi hayati teh- 
dit eden solunum yetmezligi ve yutma giicligiiniin ortadan kal- 
dirilmasinda tercih edilebilecek, etkin bir yontemdir. 

Sonug olarak, IVIG tedavisi altinda hastalarin ekstiibasyon kri- 
terlerini karsilamasina ragmen kas gu¢sizlugiiniin tekrarlayabi- 
lecegi akilda tutulmalidir. Hastalarin yogun bakimda yatis siire- 
sinin kisalmasi ve trakeostomiye gidisin engellenmesinde, plaz- 
maferez veya lvlg ile birlikte uygun immin supresif ajanin kom- 
binasyonuyla yapilacak ileri randomize kontrollii galismalar yol 
gosterici olacaktir. 


Cikar Cakismasi ve Finansman Beyani 
Bu calismada cikar gakismasi ve finansman destek alindigi be- 
yan edilmemistir. 
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Ozet 

Karacigerin primer sarkomlar tiim karaciger timorlerinin %1'ini olusturur. Bu 
sarkomlarin onde gelen iki histolojik tipi hepatik epiteloid hemanjioendotelyo- 
ma ve anjiosarkomdur. Epitelioid hemanjioendotelyoma vaskiler orijinli bir tu- 
mor olup yumusak dokuyu ve organlari tutar. Karacigerin primer epiteloid heman- 
jioendotelyomas:! ilk kez 1984 yilinda Ishak tarafindan tanimlanmistir ve insidan- 
s! 1/100.000 dir. Calismamaizda patoloji departmanina kolanjioselliiler karsinom 
Ontanisi ile gonderilen ve primer hepatik epiteloid hemanjioendotelyoma tanis! 


alan 68 yasindaki kadin hasta literatiir esliZinde sunulmustur. 
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Abstract 

Primary sarcomas of the liver account for about 1% of all liver tumors. Two basic 
histological forms of these sarcomas are hepatic epithelioid hemangioendotheli- 
oma and angiosarcoma. Epithelioid hemangioendothelioma is a tumor of vascular 
origin that involves soft tissues and organs. Primary epithelioid hemangioendo- 
thelioma of the liver was first described by Ishak in 1984 and has an incidence 
of 1/100,000. We present a 68-year-old female case referred to the pathology 
department with an initial diagnosis of cholangiocellular carcinoma and diag- 
nosed with primary hepatic epithelioid hemangioendothelioma with review of the 
literature. 
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Giris 

Karacigerin primer sarkomlari nadir gortilmekte ve tiim karaci- 
ger timorlerinin yaklasik %1’ini olusturmaktadir. Bu sarkomla- 
rin iki temel histolojik formu hepatik epiteloid hemanjioendotel- 
yoma (HEH) ve anjiosarkomdur [1]. Epiteloid hemanjioendotel- 
yoma, yumusak doku ve organlari tutan damar kaynakli bir tu- 
mordir [2]. ilk kez 1982 yilinda Weiss ve Enzinger tarafindan yu- 
musak dokunun endotelyal orijinli timorti olarak tarif edilmistir 
[3]. Karacigerin primer epiteloid hemanjioendotelyomasi ise ilk 
kez 1984 yilinda ishak tarafindan tariflenmis bir tumé6r olup in- 
sidans! 1/100.000 olarak bildirilmektedir [4]. 

Bu calismada kolanjioselliiler karsinom 6n tanisi ile patolojiye 
gonderilen ve primer HEH tanisi alan 68 yasindaki kadin olgu li- 
teratiir esliginde sunulmustur. 


Olgu Sunumu 

Bes yildir diabetes mellitus tants! ile izlenmekte olan 68 yasin- 
daki kadin hasta karin agrisi sikayeti ile hastanemizin gastro- 
enteroloji boliimiine basvurmustur. Yapilan abdominopelvik bil- 
gisayarll tomografide karaciger sol lob medio-lateral segment 
bileskesinde (falsiform ligaman trasesinde) 22 mm g¢apli hipo- 
dens yapida solid kitle lezyonu saptanmistir (Resim 1). Radyolo- 


Resim 1. Abdominopelvik bilgisayarl! tomografide karaciger sol lobda hipodens 
yapida solid kitle lezyonu 


jik 6n tani intrahepatik yerlesimli kolanjioselliiler karsinom ola- 
rak raporlanmistir. Preoperatif CEA (karsinoembriyonik antijen) 
ve AFP (alfa fetoprotein) diizeyleri normal sinirlarda olup sirasi 
ile 1.89 ng/ml ve 1.23 ng/ml délciilmistir. Kolanjioselliler karsi- 
nom 6n tanis! ile operasyona alinan hastaya intraoperatif ultra- 
sonografi (USG) yapilmis, sol lobda 6nceden tespit edilen kitleye 
ek olarak segment 8’de metastaz olarak yorumlanan 2 cm ¢ap- 
li bir kitle daha saptanmistir. Bunun uzerine sol lateral segmen- 
tektomi yanisira segment 8’den kitle eksizyonu ve kolesistekto- 
mi uygulanmistir. Cerrahi sonrasi giinluk dren debisi ilk giin 225 
cc, ikinci gin 200 cc olup kanamalidir. Karvezide tablet 150/2.5 
mg 1x1 oral, Novalgin ampul 4x1 g intraven6éz ve Aldolan am- 
pul 100 mg 2x1 intramuskuler verilmistir. 5. gUnde dren ceki- 
lerek hasta sorunsuz olarak taburcu edilmistir. En son kontrolu 
operasyon sonrasi 4. ayda yapilan hastada niiks ya da metas- 
taz saptanmamistir. 

Patoloji Anabilim Dali’na gonderilen 15x14x4 cm dl¢iide kara- 
ciger segmentektomi materyalinin makroskopik incelemesinde 
1.7x1.5 cm dlcude, kahverenkli, solid goriinumli timoral lezyon 
saptanmistir. Ayrica yollanan segment 8’e ait 3x2.5x2 cm 6l- 
cide karaciger rezeksiyon materyalinin makroskopik inceleme- 


sinde 1.5x1.1 cm dlciide gri beyaz renkte kalsifiye nodul géril- 
mustir. Kolesistektomi materyalinin incelemesinde makrosko- 
pik ozellik saptanmamistir. 

Histopatolojik incelemede; segmentektomi ve metastaz kaydl 
ile gonderilen her iki dokuya ait mikroskopik kesitlerde kalsifi- 
ye, hyalinize sklerotik stroma icinde hafif pleomorfizm géste- 
ren, intrasitoplazmik limene sahip tumor hiicrelerinin tek tek 
ya da kucuk kapiller damarlar olusturacak sekilde prolifere ol- 
duklari goriilmistiir (Resim 2). Rezeksiyon materyallerinde cer- 
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Resim 2. Kalsifiye, hyalinize sklerotik stroma iginde intrasitoplazmik liimene sahip 
tiimér hiicreleri (Hematoksilen —Eosine , x200). 


rahi sinirlar intakt olarak degerlendirilmistir. Epiteloid karakter- 
deki hiicresel morfoloji nedeniyle patolojik olarak ozellikle skle- 
rozan tipte primer kolanjiokarsinoma , metastatik adenokar- 
sinoma ekarte edilmeye ¢alisilmistir. Damardan zengin yapisi, 
intrasitoplazmik lumen formasyonlar! nedeniyle de HEH bas- 
ta olmak iizere sklerozan hemanjioma ve anjiosarkoma _ayiri- 
ci taniya alinarak immtnohistokimyasal inceleme yapilmistir. 
Yapilan immiinohistokimyasal boyamalarda tiimér hucrelerinde 
CD31 pozitifligi saptanmistir (Resim 2). CK7, CK20, TTF-1, He- 
par, CA19.9 ve CK19 ile boyanma izlenmemistir. Tuméral htc- 
relerde mitotik aktivite izlenmezken Ki 67 proliferasyon indek- 
si cok dustk bulunmustur. Saptanan makroskopik, mikroskopik 
bulgular ve eslik eden CD31 pozitifligi nedeni ile olgu HEH ola- 
rak tan! almistir. 


Tartisma 

Epiteloid hemanjioendotelyoma yumusak doku, akciger, karaci- 
ger, kalp, beyin, tukrik bezi gibi birg¢ok yerde gelisebilen bir tu- 
mordir [4]. KaracigZer kaynakli hemanjioendotelyoma genellik- 
le eriskin kadinlarda izlenen, nadir gorulen dusk dereceli ma- 
lign bir neoplazmdir [5]. Ortalama gortilme yas! 41.7 olup_ er- 
kek/kadin oranini 2/3 olarak bildirilmektedir. HEH’in presentas- 
yonu spesifik degildir, klinik belirtiler oldukga degiskendir. En sik 
izlenen sikayet ya da bulgular karin agrisi (%48.6), hepatome- 
gali (%20.4), kilo kaybidir (%15.6) [2,6]. Bizim olgumuz karin ag- 
rist sikayeti ile hastaneye basvurmustur. HEH’in etiyolojisi bilin- 
memektedir ancak patogenezde karacigere travma, oral kontra- 
septifler, vinil klorid, torotrast, primer bilier siroz, hepatit B virti- 
sui Gzerinde durulmaktadir [7,8]. 

HEH genellikle karacigerin periferinde yerlesen multip! lezyonlar 
seklinde kendini gésterir ancak bazen bir lobda yerlesmis unifo- 
kal bir timor seklinde de saptanabilir. Her iki karaciZer lobun- 
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da multip! nodiiller goruintiileme yontemlerinde metastatik ti- 
mor nodilleri seklinde yanlis tani alabilmektedir. Tanida gériin- 
tileme yontemleri 6nemli olmakla birlikte bulgular spesifik de- 
gildir [5]. Ultrasonografide en sik olarak multipl hipoekoik lez- 
yonlar saptanir [9]. Bilgisayarl! tomografide genelde periferde 
yerlesmis ve kapsiill retraksiyonuna neden olan diisiik dansiteli 
patern gésteren multipl kitleler seklinde izlenir [6]. Karabigak ve 
ark. preoperatif goruinttleme yontemleri ile karacigerde 5 adet 
kitle saptanan ancak intraoperatif USG ile kitle sayisinin 10 ol- 
dugu tespit edilen bir olgu sunmuslar ve tiiméral kitlelerin sayi- 
sini saptamak ic¢in intraoperatif USG’nin daha giivenilir oldugu- 
nu vurgulamislardir [10]. Bizim olgumuzda da intraoperatif USG 
kullanilmis ve ikinci bir tumor alan! saptanmistir. 

HEH’in kesin tanisinin konmasi i¢gin morfolojik inceleme ve im- 
munhistokimyasal calisma gereklidir. Mikroskopik incelemede 
fibromiksoid stroma iginde epiteloid hucreler ve igsi dendri- 
tik hicrelerden olusan timor izlenir [4,5]. Epiteloid hicreler, ge- 
nis eosinofilik sitoplazmali, veziktiler gekirdekli, intrasitoplaz- 
mik limenlere sahip hiicreler olup bu limenlerin icinde eritrosit- 
lerin varligi dikkati geker. Bu hiicreler vaskiiler endotelyal koken- 
li oldugundan Faktér VIII iliskili antijen ile veya diger endotel- 
yal isaretleyiciler olan CD31, CD34 ile pozitif boyanma gosterir- 
ler. iZsi sekilli dendritik hiicrelerde CD31 ve CD34 ile boyanma 
izlenmez [7]. Ultrastriiktiirel incelemede bu hucrelerde iyi gelis- 
mis bazal lamina, pinositik vezikiller, Wiebel-Palade cisimcikleri 
gosterilebilir [11]. Ayrica intermedier hiicre denen epiteloid ve 
dendritik hiicreler arasina sacilmis hicreler tarif edilmistir [4,5]. 
Zamanla tumorin ortasi sklerotik hale gelir. Tumortn periferin- 
de tiim6r hiicreleri sintizoidleri, terminal hepatik venilleri, por- 
tal ven dallarini invaze edebilir [5,8]. 

HEH klinik gidisi tahmin edilemeyen bir tumérdir. Yasam suresi 
birkag ay ile yillar arasinda degismektedir. Yapilan calismalarda 
ilk haftalar iginde kaybedilen olgular yaninda 27 yildir hastalik- 
siz yasayan olgular da bildirilmistir [2,5]. Ishak ve ark.nin sundu- 
gu seride metastaz oran! %27 olarak bulunmasina ragmen di- 
ger hepatik malignitelerle karsilastirildiginda daha ilimli prog- 
noza sahip oldugu diisunilmistiir [2]. Olgumuzun cerrahiden 4 
ay sonra yapilan son kontroliinde niiks ya da metastaz saptan- 
mamistir. 

HEH’ de en cok kabul goren tedavi metodu rezeksiyon ve trans- 
plantasyon olmakla birlikte cok nadir gériilen ve klinik gidisi 6n- 
goérilemeyen bir timér oldugu i¢in hentiz kabul edilen kesin bir 
tedavi protokolii yoktur, ayrica 6ne siirtilen tedavi metodlarinin 
etkinligini bilmek ya da birbirleri ile kryaslayabilmek gtintimiiz- 
de miimkiin degildir. Rezeksiyon ve transplantasyonun yani sira 
kemoterapi, radyoterapi , immUtnoterapi de uygulanabilmekte- 
dir. Lokalize lezyonlarda lobektomi kabul goren bir tedavi y6nte- 
midir. Karaciger rezeksiyonu sonuglarinin iyi oldugu 1 yil yasam 
oraninin %100, 5 yil yasam oraninin %75 oldugu bildirilmekte- 
dir [6]. Olgumuzda tiimoér segmentektomi ile cikarilmis, ek teda- 
vi verilmemistir. KaraciZer transplantasyonu sonuclari da cesa- 
ret vericidir. Ellidokuz hastay! kapsayan bir calismada 5 ve 10 
yil yasam orant sirasi ile %83 ve %74 olarak saptanmistir [12]. 
Lenf noduna metastaz varlig1 ya da uzak metastaz varligi kara- 
ciger transplantasyonu sonras! yasam suresini azaltmamakta- 
dir, bu nedenle timér yayilmissa bile karaciZer transplantasyo- 
nundan vazgecilmemelidir [12,13]. Uraz ve ark. Yaygin karaciger 
tutulumu yani sira akciger, kemik metastazi saptanan olgula- 


rinda_ kadavradan karaciger nakli yaparak 4 yil sagkalim sagla- 
diklarini bildirmislerdir [14]. 

Patolojik incelemede anjiosarkom ayirici taniya girmektedir. 
Bu iki tiim6riin tedavi ve prognozlari farklidir. Karaciger trans- 
plantasyonu HEH’ de tercih edilen bir tedavi metodu iken anijio- 
sarkomda erken lokal niiks beklendiginden onerilmemektedir, bu 
nedenle bu iki tumortin histopatolojik ayirim! 6nem kazanmak- 
tadir. Her iki tumor de endotel hiicre orijinlidir ancak anjiosar- 
komda HEH’den farkli olarak anastomozlasan vaskiiler bosluk- 
lar mevcuttur, hiicrelerde intrasitoplazmik lumen olusumu ya da 
hyalinize sklerotik zemin izlenmez [1,7,8,15]. 

Sonug olarak hepatik epiteloid hemangioendotelyoma cok na- 
dir gorulen, bu nedenle tedavisi ve prognozu henuz tam olarak 
bilinmeyen bir tumérdir. Literatiirde yayinlanan olgu sayisi art- 
tikga tedavi metodlar! ve prognoz a¢isindan daha net bilgilere 
sahip olmak miimkin olacaktir. Klinik ve radyolojik olarak pri- 
mer ya da metastatik malignitelerle karisma ihtimali yUksek ol- 
dugundan patolojik incelemede akilda tutulmas! ve immiunohis- 
tokimyasal metodlarla ayirici tanisinin yapilmasi 6nem arzet- 
mektedir. 
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Ozet 

Klinefelter sendromu (KS) bir veya daha fazla X kromozomu nedeniyle gozlenen 
yaygin bir genetik bozukluktur . KS béyle derin ven trombozu ve pulmoner embo- 
li gibi vendz tromboembolik olaylar icin artmis bir risk olusturmaktadir . KS’u ne- 
deniyle hormonal dengesizlik ve bir veya daha fazla trombofilik faktorler hiperko- 
agulibilite egilimi artmistir. Bu nedenle, Klinefelter sendromunda venéz trombo- 
emboli gibi bir tibbi gecmisi olan hastalarda gogiis bilgisayarli tomografi (BT) go- 
runttlemesi ve en az alti aylik bir stire icin oral antikoagulan tedavi gereklidir. Kli- 
nefelter sendromu tanisi alan 21 yasindaki erkek hasta, 2 ay boyunca siiren sol 
alt ekstremite agrisi primer sikayeti ile hastanemiz acil servisine basvurdu. Derin 
ven trombozu (DVT) ven6z doppler ultrasonuyla pulmoner tromboemboli ise toraks 
BT goriintilleriyle tespit edildi. Antikoagulan tedavisi sonrasinda hastanin semp- 
tomlart iyilesti. KS olan hastalar trombofiliye yatkinlik oldugu icin mutlaka endok- 
rinolojik testler veya gértintiileme yontemleri ile akut trombiis agisindan deger- 


lendirilmelidirler. 
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Abstract 

Klinefelter syndrome (KS) is a common genetic disorder caused by one or more 
supernumerary X chromosomes. KS poses an increased risk for venous thrombo- 
embolic events such as deep venous thrombosis and pulmonary embolism. Kline- 
felter syndrome is prone to hypercoagulability due to hormonal imbalance and 
one or more inherited thrombophilic factors. Therefore, patients with KS having a 
medical history of venous thromboembolism require chest computed tomographic 
(CT) images and oral anticoagulation therapy for a period of at least six months. A 
21 year old, male patient diagnosed with Klinefelter syndrome was presented to 
the emergency department of our hospital with primary complaints of left lower 
extremity pain lasting for 2 months. Deep venous thromboembosis (DVT) was 
diagnosed via venous doppler ultrasound and pulmonary thromboembolism in his 
chest CT images. Following anticoagulation treatment, his symptoms recovered. 
An endocrinologic test should be ordered in patients having klinefelter syndrome 
with a medical or familial history of venous thromboembolism as well as addi- 
tional assessment of innate or acquired thrombophilia should be made. 
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Introduction 

Klinefelter syndrome is the most common congenital abnor- 
mality leading to primary hypogonadism, developing in approxi- 
mately one per thousand (1:1000) live male births [1]. Variation 
of 48,XXYY occurs in 1 in between 18,000 to 50,000 male births 
[2]. This syndrome has a numerical chromosome abnormality 
in males, characterized by the presence of one or more extra 
X chromosomes [3]. KS is also associated with an increased 
risk for venous thromboembolic events (VTEs) such as deep ve- 
nous thrombosis (DVT) and pulmonary embolism (PE) . Recent 
studies report the prevalence of KS as 1 : 640 [4,5], and this 
makes KS the most prevalent aneuploidy in males and also the 
most common cause of male infertility. Despite the underlying 
mechanism remains unclear, it is believed to be related to a 
hypogonadism syndrome causing an increased synthesis and 
activity of plasminogen activator inhibitor-1 (PAI-1) and thus a 
decreased fibrinolytic activity [6]. It might be hypothesized that 
KS patients have also a higher risk to develop chronic thrombo- 
embolism and chronic thromboembolic pulmonary hypertension 
(CTEPH) [7]. Herein, we presented a young male patient with KS 
who also had venous thrombosis, pulmonary thromboembolism 
and, protein C deficiency. 


Case Report 

A twenty one year-old male patient, diagnosed with KS (48, 
XXYY) during the sterility test, was presented to the emergency 
department of our hospital’s with the primary complaints of left 
lower extremity pain which lasted 6 months prior to admission. 
His body temperature was 37.1°C . His blood pressure, pulse 
and respiration were 105/65 mm Hg, 115/minute and 22/min- 
ute, respectively at the time of admission. Heart sounds yielded 
rapid pulse and no murmur was observed. Crackles were heard 
in both lower lungs on auscultation of the chest. On the elec- 
trocardiography, ST-depression was observed in the V3, V4 and 
V5 areas but $1Q3T3 pattern was not observed. Increased right 
ventricular size and decreased right ventricular function were 
observed in the echocardiography. WBC was found as 9810/uL, 
Hb 15.7 g/dL and platelet 17700 K/mL on the peripheral blood 
test. Finding of inflammation with high sensitivity C-reactive 
protein 3.6 mg/dL (n:0-0.5) was revealed in an immunochemical 
serologic test. Blood urea nitrogen was found as 10.75 mg/dL, 
creatinine 1.0 mg/dL. The level of D-dimer was measured to 
be high at 8.98 ug FEU/ml (n:0-0.5). While the patient was on 
O02 mask 4 L, arterial blood gas analysis resulted in hypoxemia 
with pH 7.51, PCO2 26.3 mm Hg, PO2 71.4 mm Hg, HCO3 20.4 
mmol/L and O2 saturation of 92%. Protein C of the patient 49% 
(n:70 — 140%), protrombin (FIl) polimorfism mutant, protein S 
124% (n: 60 — 130%) were determined in Table 1. 


Table 1. Coagulation parameters and genetic analyses 


Tests Results Normal Range 
Protein C Aktivitesi 49% 70-140 

Protein S Aktivitesi 124% 60-130 

Faktor V leiden (G16917=R506Q) Gecotype Normal/Normal 
Faktor Il (Protrombin) G20210A Mutant Normal 


A contrast enhanced chest computed tomography was ordered 
with a suspicion of possible pulmonary thromboembolism, 
which revealed multiple thromboembolism in the main, lobar, 


segmental and subsegmental pulmonary arteries of both lungs 
(Fig. 1). Despite an O2 mask of 8 L O2 saturation of the patient 


Figure 1. Pretreatment coronal computed tomography image of the patient. 


dropped to 88-90%. On the persistent hypotension of 88/53mm 
Hg was observed, despite hemodynamic support, thrombolytic 
therapy (Alteplase: 100 mg over 2 hours) was administered. Ve- 
nous doppler ultrasound performed revealed acute - subacute 
term thrombosis in the left external iliac vein, superficial femo- 
ral vein, popliteal vein, common femoral vein, profound femo- 
ral vein, and chronic term thrombosis in the left trifurcation. 
The patient was administered anticoagulation therapy with low 
molecular weight heparin (enoxaparin: 60 mg subcutaneously 
every 12 hours for 7 days) and warfarin. 

Having observed venous thromboembolism at a young age, 
a screening test for immunologic diseases was performed 
to set the differential diagnosis of antiphospholipid antibody 
syndrome. All of the following were found to be negative: the 
findings of complement levels (C3, C4), antibody to anti-dou- 
ble-stranded DNA antinuclear antibody (ANA), anticardiolipin 
antibody of immunoglobulin M and G, as well as lupus antico- 
agulant and venereal disease research laboratory outcome. The 
patient was put on warfarin for anticoagulation therapy after 
he was discharged. 


Discussion 

There is an increased incidence of venous thromboembolism 
in patients having Klinefelter syndrome. In their series of 412 
patients having Klinefelter syndrome, Campbell and Price re- 
ported an increased incidence of DVT and pulmonary embolism, 
observed over periods ranging from 1 to 20 years [6]. A pos- 
sible explanation was the effects of androgens on hemostasis 
which was reported in two consecutive studies and then em- 
phasized by Winkler in his review [8-10]. According to these 
findings, hypogonadism in males is related to reduced fibrino- 
lytic activity through the increased levels of plasminogen acti- 
vator inhibitor-1 (PAI-1), where plasma levels show an inverse 
relationship with testosterone concentrations. In our case, the 
diagnosis was established with venous doppler ultrasound for 
acute - subacute term thrombosis in the left external iliac vein, 
superficial femoral vein, common femoral vein, popliteal vein, 
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profound femoral vein, and chronic term thrombosis in the left 
trifurcation. 

In conclusion, an endocrinologic test should be ordered in pa- 
tients having klinefelter syndrome with a medical or familial 
history of venous thromboembolism as well as additional as- 
sessment of innate or acquired thrombophilia should be made. 
It seems that further studies on understanding of pathogen- 
esis of venous thromboembolism in cases of KS are needed in 
the future. We consider that a long-term oral anticoagulation 
therapy is necessary for the treatment of thrombophilic con- 
ditions. We believe that whole body screening would decrease 
mortality in these patients if acute thrombosis is developed in 
these patients. 
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Ozet 

intrauterin kontraseptif araclar klinik pratikte 1963 yilindan bu yana kullanilmak- 
tadir. Ucuz ve verimli olmalarindan dolayi intrauterin kontraseptif araglarin gelis- 
mekte olan iilkelerde geri déniistimlii kontrasepsiyon icin siklikla kullanilmakta- 
dir. intrauterin kontraseptif aracin migrasyon insidans! %0,003 ile %0,87 arasin- 
da degismektedir. intrauterin kontraseptif aracin mesane, rektum, apendiks, ko- 
lon, periton, anteriyor abdominal duvar ve overe migrasyonu bildirilmistir. Siitur, 
stent ve igne gibi yabanci cisimler mesane i¢gerisinde tas olusumu icin odak olus- 
turabilmektedir. Bunlar gibi intrauterin kontraseptif araclar da mesane icinde tas 
olusumuna yol acabilmektedir. Burada intrauterin kontraseptif arac uygulanma- 
s! sonrasi 6. yilda suprapubik agri alt tiriner system semptomlar! baslayan ve me- 


sane icine migre olmus intrauterin kontraseptif arag tespit edilen hastay! sunduk. 
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Abstract 

Intrauterine contraceptive devices are being used in clinical practice since 1962. 
Due to their efficiency and low cost, intrauterine contraceptive devices are the 
most popular method of reversible contraception in developing countries. The 
incidence of migration of an intrauterine contraceptive device, and related uter- 
ine perforation ranges from 0.003% to 0.87%. Intrauterine contraceptive device 
may migrate into urinary bladder, appendix, rectum, colon, peritoneum, anterior 
abdominal wall or ovary. Foreign bodies like sutures, stents, and needles in the 
urinary bladder act as niduses for calculi formation. Intrauterine contraceptive 
device migrated into the bladder can also become a nidus for a stone formation. 
Herein we report about a case whose intrauterine contraceptive devices had mi- 
grated into the bladder, and presented with lower urinary tract symptoms and 
suprapubic discomfort 6 years after its insertion. 
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Introduction 

Intrauterine contraceptive devices (IUCDs) are being used in 
clinical practice since 1962. Due to their efficiency and low cost, 
IUCDs are the most popular method of reversible contracep- 
tion in developing countries. The incidence of migration of an 
IUCD, and related uterine perforation ranges from 0.003% to 
0.87% [1]. IUCD may migrate into urinary bladder, appendix, 
rectum, colon, peritoneum, anterior abdominal wall or ovary. To 
our knowledge there are about 76 cases in the world literature 
related to IUCDs that had migrated into the bladder. 

Foreign bodies like sutures, stents, and needles in the urinary 
bladder act as niduses for calculi formation is an uncommon 
occurrence. IUCD migrated into the bladder can also become a 
nidus for a stone formation. 

Herein we report about a case whose IUCD had migrated into 
the bladder, and presented with lower urinary tract symptoms 
(LUTS) and suprapubic discomfort 5 years after its insertion. 


Case Report 

A 46-year-old woman presented to our clinic with LUTS and 
recurrent urinary tract infection. She had an IUCD inserted 11 
years ago in a family planning centre. However, she became 
pregnant 2 years later with the in situ IUCD. She went on to 
have a normal vaginal delivery and the postpartum examination 
revealed no evidence of the IUCD. She was told that her IUCD 
had “fallen and she did not recognize that”. 

Her complaints had persisted for 6 years, and she had gone to 
different centers for these 6 years, where multiple antibiotics 
had been prescribed. A T- type IUCD on the right side of the 
pelvis was seen on plain abdominal film and an opaque stone 
measuring 4x 3 cm in size was seen on the IUCD. Computerized 
tomography (CT) scan showed that a calcified object seen on 
plain abdominal film was partly intravesical and partly in the 
wall of the urinary bladder (Figure 1). 


Figure 1: CT scan of the pelvis showing one limb of the IUCD embedded in the 
wall of the bladder, and its stem with a stone on projecting into the vesical lumen 


Endoscopic intervention was planned. Cystoscopy confirmed 
the findings of CT scan. It was observed that the encrustrated 
IUCD was within the bladder. Grasper forceps was used to grab 
the embedded portion of the IUCD. IUCD was easily extracted 
from the bladder wall into the bladder lumen. The stone on the 
IUCD was successfully fragmented by pneumatic lithotripsy and 
the IUCD was removed as a whole unit. A Foley urinary indwell- 
ing catheter was inserted transurethrally, and it was removed 
on 7. postoperative day Postoperatively cystography was per- 
formed and no fistula was observed. 


Discussion 

Diagnosis of bladder stones, particularly in women who became 
pregnant in the presence of an IUCD, recurrent urinary tract 
infections and LUTS should suggest the migration of |UCD into 
the bladder. 

Since bladder stones are unusual in women, their presence 
should raise the suspicion of intravesical foreign bodies. IUCD 
can act as a nidus of crystallization for bladder stones. Al- 
though urinary tract infection is common in women, recurrent 
infection or any irritating urinary symptoms unresponsive to 
medical treatment should rise the suspicion of a foreign body 
in the urinary system, especially when patients have a history of 
pelvic surgery or |UCD insertion. 

Based on our knowledge, and also review of current literature, 
symptoms like lower abdominal pain, dysuria, and frequency af- 
ter IUCD insertion have not emerged earlier than 1 year after 
insertion of an IUCD. Accordingly, in our case symptoms be- 
came apparent 5 years after implantation of an IUCD and 2 
years after birth. It is hard to answer the question whether iat- 
rogenic uterine perforation or migration of the device could be 
implicated in these cases. 

To elucidate the etiology of the extrauterine IUCD possibly 
related to iatrogenic perforation or migration of IUCD; we 
searched the literature to determine the temporal association 
the placement of IUCD and unexpected pregnancy 
While in one case pregnancy had been reported as early as 4 


between 


months after insertion of an IUCD (1), while in one case delivery 
had occurred 11 years after the IUCD insertion [2]. (Table 1) In 
our case delivery took place 3 years after insertion of IUCD. 


Table 1. Initiation of the symptoms and delivery times after IUCD placement, 
NA: Not available 


Time interval Delivery time Syptoms after 
between after IUCD IUCD placement 
diagnosis and placement (years) 
IUCD placement (years) 
(years) 
Al Awadi (1) 25 1 24 
Chuang (3) 5 NA 2.5 
Dar (4) 20 NA NA 
Istanbulloglu(5) 6 4 45 
14 1 NA 
Mustafa (6) 12 2 12 
Nouira(2) 10 NA 5 
5 NA 4.5 
9 3 6 
16 11 15 
6.5 NA 6 
4 NA 1 


In cases reported in the literature, time interval between the 
onset of LUTS and the detection of an extrauterine IUCD often 
raise the question of whether iatrogenic uterine perforation or 
spontaneous migration of the device was responsible for extra- 
uterine IUCD. latrogenic uterine perforation usually occurs at 
the time of IUCD insertion, but an IUCD may become stuck into 
the uterus and later be forced through the wall by spontaneous 
uterine contractions. Other mechanisms such as urinary bladder 
contractions or uterine atrophy may also play a significant role. 
Some case reports have indicated the initiation of symptoms 
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after menopause which strengthen the hypothesis of uterine 
atrophy as an etiologic factor [1,5]. In our case neither the pa- 
tient was in menopause nor was uterine atrophy present, so 
uterine atrophy should not be the only culprit in the migration 
of IUCD. Irrespective of iatrogenic uterine perforation or migra- 
tion of the device, it is obvious that IUCD eroded the bladder 
wall. 

In our case the patient had become pregnant 2 years after in- 
sertion of an IUCD. She had LUTS 5 years after the insertion 
IUCD. Since 2 years had passed between insertion of and IUCD, 
and conception, these findings suggest us that IUCD spontane- 
ously eroded the uterine wall rather than iatrogenic perforation 
We believe that in situ IUCD ensured contraception for 2 years, 
and after migration of the device conception had occurred. 
Migration of IUCD is more frequent in women who delivered 
babies with IUCD in place. Shrinking of the uterus and thinning 
of the uterine wall in the postpartum and lactation periods be- 
cause of hypoestrogenemia might lead to uterine perforation 
by IUCD [5,6]. 

These different latency times raise the question whether the 
device was in the uterus or outside the uterine cavity during 
conception. It is impossible to make an exact determination be- 
cause conception can occur while IUCD is in the uterine cavity. 
In the literature, the majority of the cases IUCD migration into 
bladder lumen occurred with copper-T devices [5-7]. There may 
be a design defect of copper-T IUCDs that facilitates its migra- 
tion into the bladder in addition to other possible factors [1]. 
There is considerable debate about what should be done with 
an asymptomatic IUCD found in an extrauterine location. Some 
have argued that the device should be left alone and removed 
only if it causes symptoms. However, in our case if the patient 
had had a pelvic CT before the onset of urinary symptoms, then 
extrauterine or extravesical IUCD could be seen. We can't con- 
clusively determine the etiologic factors of extrauterine IUCD 
such as iatrogenic perforation or migration. Besides, if the de- 
vice migrated outside uterine cavity it can also migrate into 
adjacent tissues. We prefer surgical intervention rather than 
spending extra time on determining causative factors. Espe- 
cially valid for copper-T IUCDs. 

IUCD can be expelled without a patient’s awareness. However 
when the IUCD string cannot be seen during vaginal examina- 
tion, or when the patient had pregnancy after IUCD insertion, 
physician should suppose that IUCD may be migrated until it 
is proved otherwise. There may be an IUCD dislocation even in 
the presence of an IUCD string visible through the cervical os. 
The first diagnostic procedure to evaluate the status of an |UCD 
is a KUB X-ray which shows whether the IUCD is within the the 
patient’s body or not. X-ray films can also detect intravesical 
migration of an IUCD with stone formation. 

Sonography can display whether an IUCD is properly placed 
inside the uterine cavity or not. However, sonography cannot 
precisely demonstrate the myometrial or bladder wall status, 
especially when the IUCD has completely migrated outside of 
the uterus. Noncontrast CT will be sufficient, and there is no 
need for further invasive diagnostic methods such as intrave- 
nous pyelography, cystography, or hysterography. CT can pre- 
cisely depict the site of the dislocated IUD, anatomic associa- 
tion between the migrated IUD and organs involved, and the 


extent of bladder injury. 

Several methods for removal of IUCD have been reported ac- 
cording to position and penetrance depth of the IUD in the blad- 
der including cystoscopy, suprapubic cystotomy, open surgery 
and laparoscopy [1,3,4]. Endoscopic methods are efficient and 
safe for the treatment of such cases [2,5,6]. 

To conclude, IUCD placement should be performed by experi- 
enced doctors or under their supervision. However, migration 
of IUCD placed by gynecologists has been also reported [5]. The 
follow- up of IUCD’s with ultrasonography immediately after its 
insertion and then at regular intervals is mandatory. Initial ap- 
proach to patient with intravesical IUCD migration should be 
endoscopic. 
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Ozet 

Pulmoner langerhans hiicreli histiyositozis nadir gériilen ve patogenezi kesin agik- 
lanamamis reaktif bir hastaliktir.16 yasindaki erkek hasta son bir yildir belirgin 
eforla artan nefes darligi, kuru Oksiirtik ve aralikli gogiis agrisi sikayetleri ile bas- 
vurdu. Solunum fonksiyon testi restriktif ve toraks yliksek rezoltisyonlu bilgisayar- 
lt tomografide akciger parankiminde ¢ok sayida, bir cmden kiictik hava kistleri ve 
sol hemitoraksta minimal pnomotoraks izlendi. Arter kan gazinda hipoksemi ve 
ekokardiyografide pulmoner hipertansiyon yoktu. Klinik ve tipik radyolojik goriini- 
mii ile pulmoner langerhans hiicreli histiyositozis tanisi ile uyumlu bulundu. Multi- 
sistem langerhans hiicreli histiyositozis varligi detayli 6yku, tamamlayici fizik mu- 
ayene ve temel radyolojik, kan ve idrar analizleri ile dislandi. Tedavi olarak sigara- 
yl birakmasi ve takibi 6nerildi. Bir ay sonra tek tarafll total pnémotoraks gelisen 
hastanin tip torakostomisinde uzamis hava ka¢agi olmasi nedeniyle “blood patch” 
plérodezisi basariyla uygulandi. Bildigimiz kadariyla bu olgu literatiirde pulmoner 
langerhans hiicreli histiyositozis’de otolog kan ile plérodezis yapilan ilk vaka 6zel- 
ligini tasimaktadir. 
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Histiyositozis; Kan Yama Plorodezisi; Pnémotoraks 


Abstract 

Pulmonary langerhans cell histiocytosis is a rare reactive disorder with unclear 
pathogenesis. 16-year-old male patient complained about shortness of breath 
induced with exercise, non-productive cough, and intermittent chest pain for one 
year. Pulmonary function tests were in restrictive nature. There were multiple air 
cysts in lung parenchyma smaller than one cm and minimal pneumothorax on the 
left hemithorax in high resolution computed tomography of thorax. There was 
no hypoxemia in arterial blood gas analysis, and no pulmonary hypertension in 
echocardiography. Pulmonary langerhans cell histiocytosis was diagnosed with 
clinical features and typical radiographic appearance. Existence of multisystem 
langerhans cell histiocytosis was excluded thorough a detailed history, compre- 
hensive physical examination, and baseline radiographic, blood and urine tests. 
He was recommended to quit smoking and close follow-up was planned. A tube 
thoracostomy was performed for left sided total pneumothorax one month later, 
and “blood patch” pleurodesis was done due to persistent air leakage with a suc- 
cessful outcome. As far as we know this is the first case report of pulmonary 
langerhans cell histiocytosis who was treated with autologous blood pleurodesis 
in the literature. 
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Giris 

Pulmoner langerhans hicreli histiyositozis (PLHH), daha 6ncele- 
ri histiyositozis-x veya eozinofilik granuloma olarak adlandirilan 
akcigerlerin langerhans hicreleri olarak bilinen histiyositlerce 
infiltre olmasi sonucu gelisen bir interstisyel akciger hastaligi- 
dir [1]. Etyolojisi kesin bilinmemekle beraber hastalarin %95’in- 
den fazlasi sigara 6ykisti verir. Hastalarin %85’inde sadece ak- 
cigerlerin tutulumu gdézlenirken, multiorgan tutulumu daha na- 
dirdir [2]. PLHH hastalarinda pnomotoraks %16 oraninda gorti- 
liken, bunlarin %63’iinde niiks goériilmektedir [3]. Ciddi solunum 
yetmezligi ve pulmoner hipertansiyon gelismesi durumunda ak- 
ciger transplantasyonu onerilmektedir [4]. 

Burada klinik ozellikleri ve radyolojik g6riintileri ile PLHH tani- 
si konulan, pndmotoraks nedeniyle takilan g6gus tiptinden per- 
sistan hava kagagi sonucu “blood patch” plérodezis uygulanan 
ve bu tedavi acisindan literatiirde bir benzerine rastlamadigimiz 
olgu sunulmaktadir. 


Olgu Sunumu 

16 yasinda erkek hasta kuru oksurik, aralikli gogiis agrisi ve son 
bir yildir eforla artis gosteren nefes darligi ile basvurdu. Fizik 
muayenesinde akciger sesleri derinden gelmekteydi, ral-ronkiis 
yoktu ve diger sistem muayeneleri dogaldi. Ozgecmisinde 6 pa- 
ket/yil aktif sigara icicisi oldugu ve bebekliZinden bu yana evde 
sigara dumanina maruz kaldigi 6grenildi. Yilda en az iki kez ol- 
mak Uzere Uist solunum yolu enfeksiyonu hikayesi olan hasta- 
nin alti yasinda tonsillektomi operasyonu gecirdigi ancak sika- 
yetlerinin gecmedigi 6grenildi. Soygecmisinde bilinen bir has- 
talik yoktu. 

Solunum fonksiyon testi FEV1=%56 (2,21 L), FVC=%56 (2,58 L), 
FEV1/FVC=%85,7 ve FEF25-75=%71 (3,51 L) olup restriktif pa- 
terndeydi. Hastanin cekilen PA akciger grafisinde Ust-orta zon- 
da yaygin retikulo-mikronodiller gériinim saptandi. Yuksek re- 
zolusyonlu toraks bilgisayarll tomografide (YRBT) akciger pa- 
rankiminde yaygin, ¢ok sayida ve bir cmden kiiciik hava kistle- 
ri, ve bilateral minimal pnomotoraks izlendi (Sekil 1). Arteriyel 
kan gazi, tam kan sayimi, karaciger ve bobrek fonksiyon testle- 
ri normal sinirlar igindeydi. Ekokardiyografide trikispit yetmez- 
lik Uzerinden dlctilen sistolik pulmoner arter basinci normal si- 
nirlardaydi (28 mmHg). 

Sigara maruziyeti, gen¢ erkek hasta olmasi, tekrarlayan gogtis 
agrisi sikayeti ve tipik radyolojik gorunimti ile PLHH tanisi ko- 


Sekil 1. Toraks YRBT’de akciger parankiminde yaygin, cok sayida ve bir cmden 
kugiik hava kistleri ve bilateral minimal pnémotoraks izlenmektedir. 


nuldu. Multisistem langerhans hiicreli histiyositozis varlig1 de- 
tayli 6yki, tamamlayici fizik muayene ve temel radyolojik, kan 
ve idrar analizleri ile dislandi. Tedavide baslangi¢ olarak siga- 
ray! birakmasi 6nerilirken inhaler steroid ve bronkodilatator de 
baslandi (beklametazon ve formoterol). 

Hasta tan! konulmasindan bir ay sonra- son dort gundiir devam 
eden- batici tarzda gogus a@risi sikayeti ile basvurdu. PA ak- 
ciger grafisinde sol tarafta totale yakin pnémotoraks saptan- 
masi Uzerine tip torakostomi ve kapali su alti drenaji uygulan- 
di (Sekil 2a,b). islem sonrasi PA akciger grafisinde saptanan mi- 
nimal pnémotoraks haricinde akciger ekspanse oldu. Ancak g6- 
gis tupuinden hava drenajinin masif sekilde devam etmesi Uize- 
rine yatisinin altinc! giiniinde plérodezis yapilmasina karar ve- 
rildi. Ozellikle kollabe akcigerlerde tercih edilen “blood patch” 
plorodezis yontemi ile kendi ven6éz kani, 2ml/kg dozunda ante- 
kiibital bélgeden alinarak anterior hemitoraks ikinci interkostal 
aralik midklavikiler hattan takilan 8F kateter vasitasiyla aninda 
plevral boslugu verildi. Gogiis tipti klempe edilmeksizin sise hor- 
tumu gégiis seviyesinden 60 cm yukari kaldirilarak bu sekilde iki 
saat kadar tutuldu ve sonrasinda normal pozisyonuna birakildi. 
Takiplerinde hava drenajinin azalmasi ancak kesilmemesi iizeri- 
ne tig giin sonra ayni islem ayni dozda tekrarlandi. islem sonra- 
si hava drenaji tamamen kesildi ve akcigerde total ekspansas- 
yon saglandi (Sekil 3). 24. saatte gogiis tipi cekilerek Oneriler- 
le taburcu edildi. 


Sekil 2. PA akciger grafide sol tarafta totale yakin pndmotoraks (a) ve sonrasinda 
uygulanan tip torakostomi ve kapali su alti drenaji (b) géruilmektedir. 


Sekil 3. Otolog kan yama yontemi ile plérodezis sonrasi 24. saatte hava drenajinin 
tamamen kesilmesi ile gogiis tip ¢ekildikten sonra cekilen PA grafide akcigerde 
total ekspansasyon gozlenmistir. 
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Tartisma 

PLHH yillik insidansi 5.4/1.000.000 olup, 1-15 yas arasi ¢ocuk- 
larda ve 30-40 yas arasi yetiskinlerde sik gériilmektedir [4]. Ul- 
kemizde bu konuda yeterli veri olmamakla beraber akciger tu- 
tulumu nedeniyle yayinlanmis vakalara bakildiginda sayilarinin 
cok az oldugu gortilmektedir (Tablo 1) [5-10]. Etiyolojisi kesin bi- 
linmemekle beraber hastalarin %95’inden fazlasinda sigara 6y- 
kis vardir [2]. Bu olgu yas, erkek cinsiyet ve sigara i¢gim 6yku- 
su ve tipik radyolojik bulgularla PLHH 6zelliklerini tasimaktaydi. 
Tiitiinde bulunan bir immunostimilatér olan ‘tobakoglikoprote- 
inin’ ve akciger noroendokrin hiicrelerinde tretilen ‘bombesin- 
benzeri peptidin’ PLHH gelisiminde etken oldugu distiniilmek- 
tedir. Ancak ilging olarak, yayinlanan vakalari inceledigimizde 
sigara icim oykistiniin ortak 6zellik olmakla birlikte miktarinin 
<10p/yil gibi nispeten az bir dizeyde oldugunu gordik [5-10]. Bu 
durum sigaranin, tiiketim miktari ve stiresinden bagimsiz olarak 
etiyolojide rol oynayabilecegini diisindiirmektedir. 

Hastamizda oldugu gibi PLHH’de en sik semptomlar 6oksiirik, 
gogis agrisi ve nefes darligi ile kendinin gésterirken, cocuklar- 
da kemik agrisi, gecikmis puberte, bulanti, kilo kaybi gibi siste- 
mik semptomlara yol acgabilmektedir [1]. 

PLHH’de %15 oraninda akciger disi tutulum gérilebilirken en 
sik tutulan organlar kemik, deri, hipofiz bezi (Diabetes insipi- 
tus), karaciger, lenf nodlari ve i¢ kulaktir [4]. Bu nedenle kemik 
agrisi, politiri, polidipsiyi igeren detayll anamnez ve mukozal tu- 
tulum agisindan anus-vajina muayenesi tanida 6nemlidir. Tani- 
sal tetkikler pansitopeni acisindan hemogram ve/veya kemik ili- 
gi biyopsisi, karaciger fonksiyon ve pihtilasma testleri, serum al- 


Tablo 1. Ulkemizde yayinlanmis PLHH olgularinin ézellikleri. 


biimin diizeyi, hepatosplenomegali acisindan ultrasonografi, di- 
rekt kafa kemik grafisi (zimba ile delinmis litik lezyon goruinumi) 
ve/veya kemik sintigrafisi (artmis aktivite), hipofiz bezi manye- 
tik rezonans (MR) gortintiilemesi ve toraks YRBT yapilabilir [4]. 
Hastamizin kemik grafisi ve hipofiz MR’! normal sonuclandi ve 
akciger dis! organ tutulum semptomu bulunmamasi nedeniyle 
tetkikler yukarida belirtilen diizeyde sonlandirildi. 

PLHH tanisi icin tutulum olan organdan alinan biyopside his- 
tiyositlerin S-100 ve CD1a ile pozitif boyanmasi ve tipik Bir- 
beck granilleri iceriklerinin gosterilmesi karakteristiktir [1]. Ta- 
nida acik akciger veya transbronsiyal biyopsi onerilirken, toraks 
YRBT ile de %84-90 oraninda tani dogru olarak konulmaktadir 
[4]. Vakamizda toraks YRBT’de yaygin bil g6riinumt saptanma- 
si nedeniyle akciger biyopsisi uygun gértilmedi. Ulkemizde PLHH 
vakalarinda akciger disi tutulum da bildirilirken Gg vakada ben- 
zer sekilde akciger radyolojisi ile tan! konulmustur [5-10]. 
Tedavide ilk basamak sigaranin birakilmasidir ve vakamizda ol- 
dugu gibi sigaraya devam edilmesi pnémotoraks gibi kompli- 
kasyonlarla progresyona neden olabilmektedir. PLHH’de minor 
semptomlar varsa sadece izlem yapilabilirken, sigara birakmaya 
ragmen sikayetlerde artis varsa immiunsiupresif tedavi ve multi- 
sistem tutulumunda kemoterapi 6nerilmektedir [4]. Hastamizda 
sistemik tutulum olmadigi icin kemoterapi verilmezken, akciger 
sikayetleri siddetli olmadigi igin ve solunum yetmezligi ve kor 
pulmonale gelismedigi icin sistemik kortikosteroid planlanmadi. 
Ancak efor dispnesi icin inhaler kortikosteroid baslandi. PLHH’in 
komplikasyonlar! acisindan solunum yetmezliginde oksijen des- 
tegi, bronkodilatator ve sistemik kortikosteroid, kor pulmonale 


Yas, cinsiyet Sigara Semptomlar Tanisal tetkikler Sistem tutulumu Tedavi 
Arslanoglu ve ark. (4) 29y, K - Topallama Kemik grafisi, sintigrafisi Kemik Kemoterapi 
Polidipsi, Poliiiri Akciger radyolojisi Kemik iligi 
Kemik iligi biyopsisi Akciger 
Hipofiz MR Hipofiz 
Kalac ve ark. (5) 21y, K 8p/yil Okstirtik Akciger radyolojisi Akciger Sigaranin kesilmesi 
Nefes darligi DLCO: %48 Sistemik kortikosteroid 
Bronkoskopi 
Okan ve ark. (6) 29y, E - Dispne EKO Akciger Sistemik kortikosteroid 
Halsizlik Hipofiz Metotreksat) 
Oksijen destegi 
Bronkodilator 
Kalsiyum antagonisti 
Vasopressin 
Sildenafil ve iloprost 
Cetinkaya ve ark. (7) 19y, E 1,5p/yil Oksitiriik Akciger radyolojisi Akciger Sigaranin kesilmesi 
Nefes darligi Acik akciger biyopsisi Plorodezis 
Yan agrisi 
20y, E 5p/yil Okstiriik Akciger radyolojisi Akciger Sigaranin kesilmesi 
Nefes darligi Acik akciger biyopsisi Sistemik kortikosteroid 
Gulhan ve ark. (8) 27y,E 18p/yil Okstiriik Akciger radyolojisi Akciger Sigaranin kesilmesi 
Sirt agrisi Tedavisiz izlem 
Nefes darligi 
23y,E 18p/yil Nefes darligi Akciger radyolojisi Akciger Sigaranin kesilmesi 
G6gtis agrisi EKO Oksijen destegi 
Sistemik kortikosteroid 
Transplantasyon sirasinda 
23y,E 5p/yil G6giis agrisi Akciger radyolojisi Akciger Sigaranin kesilmesi 
Acik akciger biyopsisi Sistemik kortikosteroid 
32y,E 10p/yil Oksiiriik Akciger radyolojisi Akciger Sigaranin kesilmesi 
Tedavisiz izlem 
Akcay ve ark. (9) 20y,E 1,5p/giin  Oksiiriik Akciger radyolojisi Dalak Sistemik kortikosteroid 
SFT Lenf nodlari 
USG Akciger 


Eksizyonel lenf nodu biyopsisi 
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Langerhans Hiicreli Histiyositozisde “Blood Patch” Plorodezis / Blood Patch Pleurodesis in Langerhans Cell Histiocytosis 


tedavisinde ditiretik, enfeksiyonlara karsi grip ve pndmoni asi- 
lamasi, immunsiipresif tedavi alacaksa tuberkiiloz proflaksisi ve 
pnémotoraks tedavisinde tip torakostomi planlanmalidir [2,4]. 
PLHH’de pnémotoraks tedavisinde ‘plorodezis’ ileride gere- 
kebilecek bir akciZer transplantasyonu islemini zorlastirsa da 
kontrendikasyon olarak kabul edilmemektedir [11]. Mendez ve 
ark.’Inin PLHH tanili 102 hastalik calismasinda sadece cerra- 
hi drenaj uygulananlarin %58’inde ‘nuks pnémotoraks’ gézlenir- 
ken, ayrica plorodezis yapilanlarin hi¢birisinde niks bulunma- 
mistir [3]. Hastanin basvurusunda ¢ekilen toraks BT’de minimal 
pnémotoraks olmasi daha 6nce farkinda olmadan gecirdigini ve 
reabsorbe oldugunu diisindiirdi. Bu acgidan bu atak niks ola- 
rak degerlendirildi. Totale yakin pnémotoraksi nedeniyle uygu- 
lanan tup torakostomi sonrasi hava kagaginin bes giinden uzun 
stirmesi nedeniyle 6zellikle akciZer ekspansasyonu iyi olmayan 
hastalara uygulanan, Ozpolat ve ark.’nin deneysel ve klinik ¢a- 
lismalarla etkisini kanitladiklari ve uzun yillardir basarili sekilde 
uygulamakta olduklari “blood patch” plorodezis yapildi [12,13]. 
Bu yontemde hastanin ven6z kant alinmakta ve heparin eklen- 
meden gogiis tiptinden hizli ve tek seferde plevra bosluguna ve- 
rilmektedir [12-14]. Bu hastada akcigerin apikal bolgesinden iti- 
baren kanin tim viseral plevra yzeyine yayilmasi amaciyla ikin- 
ci interkostal aralik midklavikiiler araliktan bir kateter yerlesti- 
rilmis ve kan buradan verilerek daha 6nce takilmis olan gogiis 
tuptnden drene edilmistir. Otolog kanin yama etkisi ile hava ka- 
caginin oldugu kisim kapanirken, uzun vadede inflamasyonu te- 
tikleyerek fibrin6éz plorite yol agmaktadir [13]. Bu yontemin ucuz 
ve kolay temin edilir olmasinin yani sira diger sklerozan ajan- 
lara gore yan etkisinin olmamasi avantaji vardir [12]. Ornegin 
doksisiklin lokal doku toksisitesi ve hepatotoksik, tetrasiklin ya- 
nik yapici ve nefrotoksik, talk ise asbeste bagli mezetelyoma ve 
ani solunum yetmezligi-dlim riski tasimaktadir [3]. Ayrica di- 
ger sklerozan ajanlarin brons ve trakeaya reflii olasiligina karsin 
otolog kan giivenli bir ajandir. Etkinligi %87,5 gibi yiiksek diizey 
de olmakla beraber PLHH’de kimyasal plorodezis ile ntiks olabil- 
mektedir [3,12]. 

Yapilan literatiir arastirmasinda otolog kan plorodezisi uygula- 
nan PLHH vakasina rastlanmadigi icin bu vaka literatiirde bir ilk 
teskil etmektedir. Sonug olarak geng erkek, sigara igen ve tek- 
rarlayan pnomotoraks! olan hastalarda, ¢ok sayida kistik lez- 
yon varligi ile PLHH diistiniilmelidir. Ayrica PLHH ve tekrarlayan 
spontan pnémotoraks durumunda otolog kan ile erken plorode- 
zis etkili ve giivenilir bir yontemdir. 


Cikar Cakismasi ve Finansman Beyani 
Bu calismada cikar cakismasi ve finansman destek alindigi be- 
yan edilmemistir. 
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Ozet 

Ankilozan spondilit (AS), baslica aksiyel iskeleti etkileyen kronik, sistemik, otoim- 
min inflamatuvar bir hastaliktir. Ankilozan spondilit tedavisinde giincel yaklasim- 
lara ragmen, progresif seyri nedeniyle siklikia torakolomber kifotik deformiteye 
neden olur. Bu deformitenin tedavisinde dekompresyon, stabilizasyon ve omur- 
gada fiizyon gibi bircok cerrahi prosediir uygulanmaktadir. Hidromyeli ve sirinks; 
spinal kord santralindeki dilatasyonu tanimlamak igin kullanilan bir terminoloji- 
dir. Bazi yazarlar spinal operasyon ile iliskili siringomyeli gelisimi rapor etmisler- 
dir. Bizim sundugumuz ankilozan spondilit ile takip edilen 48 yasindaki kadin has- 
tada stabilizasyon cerrahisi gecirdikten sonraki yedinci yilda siringomyeli olusu- 
mu ve buna sekonder spinal kord yaralanmasi izlenmistir. Sonuc¢ olarak stabilizas- 
yon cerrahisi yapilan hastalarda nadir bir komplikasyon olan siringomyeli gelise- 
bilecegi akilda tutulmalidir. 
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Abstract 

Ankylosing Spondylitis (AS) is a chronic, systemic, and autoimmune inflamma- 
tory disease which mainly affects axial skeleton. Despite current approaches in 
ankylosing spondylitis treatment, the disease frequently causes to thoracolumbar 
kyphotic deformity due to its progressive course. Many surgical procedures includ- 
ing decompression, stabilization and final fusion could be performed for the treat- 
ment of kyphotic deformity. Hydromyelia and syrinx are the terms used to define 
dilatation in central spinal cord. Some authors reported syringomyelia progres- 
sion related to spinal operation. In our case; 48-year-old woman, who has been 
followed for ankylosing spondylitis; spinal cord injury secondary to syringomyelia 
was detected 7 years after stabilization surgery. Consequently, it should be kept 
in mind that syringomyelia, which is a rare complication, may develop in patients 
who underwent stabilization surgery. 
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Giris 

Spinal kordun kronik progresif bir hastalig1 olan siringomyeli, 
patolojik olarak sivi ihtiva eden, longitudinal kavitasyonlarla ka- 
rakterize, nadir gériilen bir durumdur. Kaudal fossa anomaiileri 
(chiari malformasyonlar1), tethered spinal kord, travma, arakno- 
idit, spinal kord timort gibi primer problemlerden kaynaklana- 
bilen bu durumun daha nadir olarak spinal kord cerrahisi sonrasi 
da gorilebildigi bazi yazarlarca rapor edilmistir [1,2]. 

Ankilozan spondilit (AS), esas olarak geng erkeklerde gortlen 
ve primer etkileri aksiyel iskelet Uzerine olan, kronik sistemik 
inflamatuvar bir hastaliktir [3]. Omurga disk ve ligamanlarin- 
da progresif ossifikasyona, faset eklemlerde ankiloza yol acga- 
rak omurganin elastisitesini azaltir, hareketlerini kisitlar ve so- 
nu¢ta omurganin biyomekanik 6zellikleri degisir [4]. 

Bu yazida, ankilozan spondilite sekonder kifoz nedeniyle uygula- 
nan torakolomber spinal cerrahi sonrasi uzun dénemde parapa- 
rezi geliserek etyolojisinde siringomyeli saptanan ve cerrahi te- 
davi sonrasi rehabilitasyon program! uygulanan bir olgunun su- 
nulmas! amaglanmistir. 


Olgu Sunumu 

48 yasinda kadin hasta bacaklarda gic¢siizliik ve agri sikaye- 
ti ile klinigimize basvurdu. Kendisinden alinan bilgiye gore; yak- 
lasik 15 yildir AS tanisi ile takip edildigi, 7 yil Once kifoz nede- 
niyle stabilizasyon cerrahisi yapildigi, yaklasik 1.5 yildir devam 
eden, belinden bacaklarina yayilan yanici tarzda agri ve uyus- 
ma sikayeti oldugu 6grenildi. Medikal tedaviye ragmen sikayet- 
lerinde artis olan hastanin cekilen torakolomber vertebral man- 
yetik rezonans goriintiilemesinde (MRG); T8-T9 vertebra korpus 
seviyelerinde spinal kanalda T1AG’de hipointens, T2AG’de hipe- 
rintens, minimal periferal kontrast tutulumu gésteren, kordda 
minimal ekspansiyona neden olan kistik lezyon (intramediiller 
astrositom ile uyumlu) ve T10-L1 vertebra korpus seviyelerin- 
de spinal kordda en genis seviyede 1 cm genislikte hidrosirin- 
gomyeli ile uyumlu alan saptanmis [Resim 1,2,3,4,5]. Hastaya 
T8-T9-T10 laminektomi, kitle eksizyonu, siringotomi ve durap- 
lasti operasyonu yapilmis; eksize edilen materyalin patoloji so- 
nucu fibro-osse6éz lezyon ile uyumlu gelmis. Operasyon sonrasi 
hastanin sag bacaginda daha belirgin olan giicstizliik, bacaklar- 
da uyusma ve yanici tarzda agri sikayeti devam etmis. Hasta- 
nin 6zgecmisinde AS disinda 6zellik yoktu. AS’ye yonelik basla- 
nan antiinflamatuvar ve sulfasalazin tedavisini kendi istegi ile 
biraktig! ve diizensiz olarak antiinflamatuvar ilaglar kullandigi 
ogrenildi. 

Fizik muayenesinde; kalga fleksiyonu ve diz ekstansiyonu sag- 
da 5/5 solda 4/5, ayak bilegi dorsifleksiyonu sagda 4/5 solda 
3-/5, basparmak dorsifleksiyonu sagda 3/5 solda 2/5, ayak bi- 
legi plantar fleksiyonu sagda 3+/5 solda 3/5 kuwetinde idi. Ust 
ekstremitelerde motor defisit saptanmadi. Yiizeyel duyu mua- 
yenesinde T10 dermatomu dahil normoestezik, distalinde hi- 
poestezik olarak saptandi. S4-5 kismi motor ve duyu fonksiyo- 
nu mevcuttu. Derin tendon refleksleri Uist ekstremitelerde nor- 
moaktif, alt ekstremitelerde hipoaktif ve plantar yanit bilate- 
ral lakayt bulundu. Hastanin Schober ve modifiye Schober 6l- 
cimleri ayakta durma dengesi yeterli olmadigindan yapilamadi. 
Oksipit-duvar mesafesi 15 cm, gogts genisligi 2 cm olarak 6Ol- 
culdi. Tek kanedyen ile diz zeminde minimal yardimla kisa me- 
safe ambule olabiliyordu. idrar ve gayta his ve kontrolii mevcut 


Resim 1,2,3. T2 agirlikli aksiyel, sagital ve T1 agirlikli kontrast sonrasi sagital 
goriintillerde spinal kordda T8-T9 seviyelerinde; T2 agirlikli sekanslarda hiperin- 
tens, kontrast sonrasi T1 agirlikli sekanslarda minimal periferal kontrast tutulumu 
gosteren kistik lezyon izlenmektedir. 
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Resim 4,5. T2 agirlikli aksiyel ve sagital goriintiilerde T10-L1 vertebra seviyeler- 
inde hidrosiringomyeli izlenmektedir. 


olan hastanin postvoiding rezidiisi saptanmadi. 

Torakolomber vertebral grafide L5, L4, L2, L1, T12’de pedikil- 
lerden korpusa uzanim gosteren vidalar ve posteriorda sabitle- 
yici plak goriiniimu, yaygin osteoporotik gortiniim, vertebra kor- 
puslarinda karelesme, anterior ve posteriorda kdpriilesen sin- 
dezmofitler, vertebra korpus end platelerinde reaktif degisiklik- 
ler ve skleroz mevcuttu. Sakroiliak grafide bilateral sakroiliak 
eklemler ankiloze olarak degerlendirildi. Rutin biyokimyasal tet- 
kikleri, eritrosit sedimentasyon hizi ve C-reaktif protein normal 
sinirlardaydi. 

Hasta “American Spinal Cord Injury Association” (ASIA) bozuk- 
luk skalasina gore T10 AIS D kabul edilerek klinigimizde rehabi- 
litasyon programina alindi. Hastaya eklem hareket agikligi eg- 
zersizleri, progresif direncli egzersizler, postiir egzersizleri, ydru- 
me egitimi egzersizleri, denge koordinasyon egzersizleri ve alt 
ekstremitelere noropatik agri nedeniyle TENS ve pulmoner re- 
habilitasyondan olusan tedavi program! uygulandi. Rehabilitas- 
yon program! sonunda tek nokta baston ile diiz zeminde bagim- 
siz ambule hale gelen hastanin yiiritime paterninde iyilesme ve 
yuriiyis mesafesinde artis saglandi. 


Tartisma 

AS'li hastalarda ligaman kalsifikasyonu ve sindesmofit olusu- 
muna bagli ortaya cikan vertebral fUzyon spinal kolonun elas- 
tisitesini azaltir, hareketlerini kisitlar. En sik gériilen spinal de- 


formite, torakolomber kifoz deformitesidir. AS’li hastalarin bu- 
yuk ¢ogunlugunda gortilen bu deformite; mobilitede azalma ve 
solunum fonksiyonlarinda bozulmaya neden olur [4]. Konserva- 
tif tedavinin basarisiz kaldigi durumlarda, spinal kolonun sagi- 
tal balansini diizeltmek icin cerrahi tedavi giindeme gelmekte- 
dir. Bu amacla dekompresyon, stabilizasyon ve omurgada fiiz- 
yon gibi birgok cerrahi prosediir uygulanmaktadir. AS’li hasta- 
larda yapilan spinal cerrahilerde, diger eriskin spinal cerrahilerle 
kiyaslandiginda komplikasyon gelisme orani daha yiksektir. En- 
feksiyon, enstriimentasyonda basarisizlik, vaskiler ve norolojik 
komplikasyonlarin gortilmesi nadir degildir [5]. Bizim vakamizda 
ise postoperatif kisa ddnemde herhangi bir komplikasyon goriil- 
mezken, operasyondan yedi yil sonra siringomyeli saptanmistir. 
Siringomyelinin en 6nemli klinik belirtisi aridir. Alt ekstremite 
gicstizligi diger yaygin semptomlardan biridir. MRG siringom- 
yeli tanisinda oldukga onemli bir yontemdir [2]. Radyolojik tani- 
da intravenoz ve intratekal kontrastli tomografi ve miyelogra- 
fi gibi birgok modalite kullanilabilmesine ragmen MRG hala al- 
tin standarttir. Ancak radyolojik bulgular patognomonik degildir 
ve siringomyeli diger patolojilerle karisabilir. Literatiirde intra- 
mediilller tim6rii taklit eden ve yapilan operasyon sonrasi sirin- 
gomyeli tanis! konulan birkag vaka tanimlanmistir [6]. Bizim va- 
kamiz da paraparezi gelismesi tzerine degerlendirilmis ve rad- 
yolojik olarak intramediller tumor 6n tanisi almistir. Bu durum- 
da taniy! dogrulama ve tedavi amaciyla yapilan cerrahi girisim 
o6nem kazanmaktadir. 

Yapilan bir galismada; spinal kord timoru, travma, skolyoz, ser- 
vikal spondilotik myelopati ve tethered kord sendromu gibi ne- 
denlerle dekompresyon cerrahisi yapilan 181 hastanin 13’tinde 
postoperatif doénemde ¢ekilen MRG’de siringomyeli saptanmis- 
tir. Dekompresyon cerrahisi uygulanan hastalarda spinal kordun 
ani olarak dekompresyonu sonucu kord genisleyerek ve 6dem, 
kist, nekroz, malezi zemininde siringomyeli gelisebilecegi one 
sdrulmustir [1]. Spinal kord progresif olarak komprese olursa 
uzun dénemde araknoid adezyon geliserek subaraknoid mesa- 
fede obstriiksiyon olusturabilir. Ozellikle 4. ventrikiil bloke oldu- 
Sunda ani dekompresyon, dejenerasyon, nekroz ve kord santra- 
lindeki alanin yumusamas_ ile birlikte spinal kordda dilatasyona 
neden olabilir. Lezyon Uzerindeki atim basinci lezyonun vertikal 
olarak genisleyip siringomyeli gelismesine katkida bulunur [7]. 
AS ve spinal kord lezyonu birlikteliginde tedaviyi zorlastiran ve 
sonuclar! etkileyen bir takim fakt6orler vardir. Azalmis aerobik 
kapasite ve bozulmus pulmoner fonksiyonlar AS’li hastalarda sik 
gortilmekte ve hastanin genel durumunu belirgin olarak etkile- 
mektedir. Ayrica, mobilitenin azalmasi da genel durum bozuklu- 
Suna neden olmaktadir. AS’e ait diger sistemik tutulumlarin ol- 
masi ve yine hastaligin kendisine ait kas iskelet sistemi prob- 
lemleri bu grup hastalarda tedavi sonuglarini etkiler [8]. Bu ne- 
denle AS ve spinal kord lezyonu birlikteligi olan hastalarda reha- 
bilitasyon sirecinde tedavi program! hastaya uygun olarak plan- 
lanmali, olasi! komplikasyonlar agisindan yakin takip yapilmali ve 
koruyucu onlemler alinmalidir. 

AS'li hastalarda agri karakteri degistiginde ve yeni bulgular or- 
taya ciktiZinda etyolojinin arastirilmasi Gnemlidir. ileri donem- 
deki AS’li hastalarin travmatik spinal kord lezyonu gelisimi aci- 
sindan risk altinda olduklart bilinmektedir. Ozellikle vertebral 
cerrahi geciren hastalarda siringomyeli gelisimi de akilda tutul- 
mali ve ayirici taniya dahil edilmelidir. 


370 


| Journal of Clinical and Analytical Medicine 


Stabilizasyon Cerrahisi ve Hidrosiringomyeli / Hydrosyringomyelia and Stabilization Surgery 


Cikar Cakismasi ve Finansman Beyani 
Bu calismada cikar gakismasi ve finansman destek alindigi be- 
yan edilmemistir. 


Kaynaklar 

1. Jiangang S. Syringomyelia after operation: diagnosis and its formational mec- 
hanism. ) of Medical Colleges of PLA 2008;23:116-20 

2. Rusbridge C, Greitz D, Iskandar BJ. Syringomyelia: current concepts in pathoge- 
nesis, diagnosis, and treatment. ) Vet Intern Med 2006;20(3):469-79. 

3. Hanedan MO, Parlar Al, Babaroglu S, Yay K, Altintas G. Cor triatriatum with ank- 
ylosing spondylitis: case report. ) Clin Anal Med 2013; DOI: 10.4328/)CAM.167 

4. Thumbikat P, Hariharan RP, Ravichandran G, McClelland MR, Mathew KM. Spi- 
nal cord injury in patients with ankylosing spondylitis: a 10-year review. Spine 
2007;32:2989-95. 

5. Sansur CA, Fu KM, Oskouian RJ Jr, Jagannathan J, Kuntz C 4th, Shaffrey Cl. Sur- 
gical management of global sagittal deformity in ankylosing spondylitis. Neuro- 
surg Focus 2008;24(1):E8 

6. Abuzayed B, Dashti R, Erdincler P, Ozlen F, Kafadar AM, Ciplak N. Terminal 
syringomyelia mimicking an intramedullary tumor: case report. Turk Neurosurg 
2010;20(2):247-50 

7. Rusbridge C, MacSweeny JE, Davies JV. Syringomyelia in cavalier King Charles 
spaniels. J Am Anim Hosp Assoc 2000;26:34-41 

8. Jacobs WB, Fehlings MG. Ankylosing spondylitis and spinal cord injury: origin, in- 
cidence, management, and avoidance. Neurosurg Focus 2008;24(1):E12. 


How to cite this article: 
Topcu DO, Afsar Si, Topcu A. Hydrosyringomyelia in an Ankylosing Spondylitis 
Patient After Stabilization Surgery. J Clin Anal Med 2013;4(suppl 4): 368-71. 


Journal of Clinical and Analytical Medicine | 371 


Multiple Lung Metastases From Parotid Adenoid Cystic 


Carcinoma with Respiratory Failure 


Parotis Adenoid Kistik Karsinomlu Olguda Multip! Akciger 


Metastazi ve Solunum Yetmezligi 


Parotid Adenoid Kistik Karsinoma Akciger Metastazi / Lung Metastasis of Parotid Adenoid Cystic Carcinoma 


Hiilya Giinbatar', Selami Ekin', Bunyamin Sertogullarindan', Alpaslan Yavuz’, Giilay Bulut? 
'Department of Pulmonary and Critical Care, 7Department of Radiology, *Department of Pathology, 


Yuzuncu Yil University Medical Faculty, Van, Turkey 


Ozet 

Adenoid kistik karsinom (ACC) salgi bezlerinin, en yaygin malignitelerden biridir. 
Bu tiikiirtik bezi karsinomlarinin yaklasik% 15% -25% olusturmaktadir. Tipik ola- 
rak ACC yavas blyilyen tiimérlerdir,sik hematojen yolla uzak metastaz yapar. So- 
lunum yetmezligi ve coklu metastaz ile basvuran bir olguyu sunduk. 52 yasinda er- 
kek, postoperatif radikal sag parotis bezi rezeksiyonu ardindan, kraniofasiyal rad- 
yoterapi uygulandi. 5 yil icinde yillik kranial tomografi ile bélgesel niiks bulgusu ol- 
madan takip edildi. Fizik muayene normaldi. Kan gazi analizi orta derecede hipok- 
semi ile uyumlu idi. pH; 7,49 pCO2; 31,8 Po2; 38,9 HCO3; 24,1 sat O2; 79,1. To- 
raks CT 5 mm ‘den 4 cm arasinda degisen cok sayida her iki akcigerde difftiz da- 
gilan lezyonlar gosterdi. Lezyona BT esliginde ince igne aspirasyon biyopsisi ya- 
pildi. Patolojik analiz adenoid kistik karsinom olarak raporlandi. Multiple akciger 
metastazlari solunum yetmezligine neden olabilir ve hekimler tarafindan siirek- 


li dikkat gerektirir. 
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Abstract 

Adenoid cystic carcinoma (ACC) is one of the most common malig-nancy in secre- 
tory glands. It accounts for about 15% -25% of all malignant salivary gland car- 
cinomas. Typically, ACC is slow growing tumors and develops distant metastasis 
via haematogenous. We report a case who presented with respiratory failure and 
multiple metastases. A 52-year-old male, underwent a radical craniofacial resec- 
tion for a right parotid gland, followed by postoperative radiotherapy. He was 
followed-up with head CT scans for 5 years with no signs of locoregional recur- 
rence. Physical examination was normal. Blood gases analyses showed moderate 
hypoxemia. pH; 7,49 pCO2; 31,8 Po2; 38,9 HCO3; 24,1 sat O2; 79,1. Thorax CT 
showed multiple lesions ranging in size from 5 mm to 4 cm distributed diffusely 
in both lungs. CT-guided fine-needle aspiration of the lung lesion was performed. 
Pathological analysis reported adenoid cystic carcinoma. Multiple pulmonary me- 
tastases may cause respiratory failure and requires constant vigilance by medical 
practitioners. 
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Introduction 

Adenoid cystic carcinoma (ACC) is one of the most common 
malig-nancy that arises in secretory glands, particularly the 
major and minor salivary glands [1]. It accounts for about 15% 
-25% of all malignant salivary gland carcinomas [1]. Pulmonary 
adenoid cystic carcinoma is a rare salivary gland-type malig- 
nant neoplasm of respiratory tract that is usually located in the 
central airways such as trachea and main bronchus. Adenoid 
cystic carcinoma arising from the peripheral lung is quite rare. 
[2] Typically, ACC is slow growing tumors with five-year survival 
rate, but it spreads into adjacent tissues and develops distant 
metastasis via haematogenous frequently to the lungs, bone, 
and soft tissues. [3] Most patients with ACC (80 %-90 %) die 
within 10-15 years after being diagnosed due to high rates of 
recurrence and distant metastasis [4]. Adenoid cystic carcino- 
ma is unique forthe reason that patients have been known to 
survive for 10 to 15 years despite pulmonary metastases [5]. 
Metastatic lesions of ACC may display radiological features in- 
definite from other patholo-gies. The correct diagnosis involves 
correlation of the clinical history, progress, radiological features 
and histological findings. 

We report a case of a 52-year-old man who presented with re- 
spiratory failure and multiple metastases with a diagnosed ad- 
enoid cystic carcinoma resected parotid gland five years before. 


Case Report 

A 52-year-old male, underwent a radical cranio-facial resection 
for a right parotid gland adenoid cystic carcinoma, followed by 
postoperative radiotherapy. He was followed-up with annual 
head CT scans for 5 years with no signs of loco-regional recur- 
rence. 

He presented with gradually progressive shortness of breath on 
exertion and cough with mucoid expectoration for the last two 
months. He had no any history of fever, chest pain, or haemop- 
tysis. He had 30 packet-year tobacco use. There was no past 
history of, or history of contact with, tuberculosis. 

Physical examination respiratory system was normal, head 
examination revealed no sign of local recurrence. His routine 
blood laboratory results also were within normal ranges. Blood 
gases analyses showed severe hypoxemia. pH; 7,49 pCO2; 31,8 
Po2; 38,9 HCO3; 24,1 sat 02; 79,1. Multiple nodular shadows 
were detected on chest radiograph. CT of the thorax showed 
multiple lesions ranging in size from 5 mm to 4 cm distributed 
diffusely in both lungs (Figure 1) No mediastinal lymphadenopa- 
thy or pleural effusion was detected. 

CT-guided fine-needle aspiration (FNA) of the lung lesion was 
performed. Pathological analysis showed multiple cystic struc- 
tures with cribriform pattern on different sizes intervening hya- 
line stroma of the biopsy specimens reported adenoid cystic 
carci-noma. (Figure 2). In view of his past medical history of 
right parotid mass excision, the clinical picture was consistent 
with primary salivary gland ACC with multiple lung metastases. 
Patient have frequent emergency admission, he was evaluated 
with long term oxygen therapy, still being followed with oxygen 
therapy. 


Discussion 
ACC is a rare malignant tumour, with a unique malignant profile 


Figure 1. Multiple metastatic lesions ranging in size from 5 mm to 4 cm dstributed 
diffusely in both lungs. 


Figure 2. multiple cystic structures with cribriform pattern on different sizes in- 
tervening hyaline stroma 


which accounts for approximately 10% of all salivary glands 
neoplasms.[6] Adenoid cystic carcinoma can arise in other sites, 
such as the trachea, lacrimal gland, breast, external auditory 
canal, cervix and vulva. Adenoid cystic carcinoma has a com- 
paratively lazy course and rarely lymph node metastases but 
is well-known for its deposition for neurotropic spread, late lo- 
cal recurrences and distant metastatic spread. The three major 
histological patterns of growth pattern have been described: 
cribriform, tubular and solid. Combinations of the patterns are 
extensive. The prognosis of adenoid cystic carcinoma is greatly 
affected by the pattern of growth. The tubular pattern is re- 
ported to have the best prognosis while the solid is associated 
with a worse prognosis.[7] No solid or high-grade component 
was seen in the lung metastasis of this patient. 

Distant metastasis was the most common type of treatment 
failure. In the study of Spiro 196 patients followed up for at 
least 10 years reported different form of treatment failure in 
68%, distant metastasis in 38%, and lung involvement either 
alone or in addition to other sites in 34 percent. Disease-free 
interval varied from one month to as long as 19 years (me- 
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dian 36 months) [3]. Wal van der et all reported that 54.9% 
of their 51 patients had distant metastasis, the average time 
between the diagnosis of the primary lesion and the detection 
of metastasis was 36.8 months (median 28.5 months).[8] Sakes 
et al reported that disease repetition, either loco-regional or 
metastatic occurred up to 156 months after radiotherapy [9]. 
A generalization acknowledge in the treatment of cancer un- 
dertakes that a cure is present if there is liberty from disease 
for 5 years. The notion of cure in patients with ACC may be 
difficult to assess until the patient is disease free for 10 years 
or longer. Neverthless there are reported cases recurrences of 
ACC of the submandibular gland 14and 20 years after the initial 
therapy.[10] 

Late onset of pulmonary metastases from ACC is identified, 
and the metastatic lesions can remain relatively stable and as- 
ymptomatic for more than 10 years. [11] But in this patient 
progressive deterioration on the blood gases was vieved on the 
fifth year . 

Conclusion It should be recognized that follow-up needs to be 
long term to identify all late recurrence and that complete re- 
section does not always mean cure. ACC of the parotid gland 
may be indicate a life-long threat to some patients also may 
cause respiratory failure and requires constant vigilance by 
medical practitioners. 
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Ozet 

Viicudun herhangi bir bélgesinde olusabilen Schwannomlar skrotumda cok nadir 
goriliirler. Schwannomalar Schwann hiicrelerinden kaynaklanan tiimGrlerdir ve te- 
orik olarak herhangi bir siniri etkileyebilirler. Genital bolgenin zengin innervasyo- 
nunun olmasina ragmen, bu tiimorlerin skrotumda gériilmesi yaygin deBildir. 66 
yasindaki erkek olgu son 1 yildir agrisiz skrotal sislik Gyktisti ile basvurdu. Skro- 
tal ultrasonografi ve manyetik rezonans goriintillemede orta-skrotal bélgede int- 
raskrotal ve ekstratestikiiler kitle saptandi. Cerrahi eksizyon yapildi ve histolo- 
ji skrotumda ancient schwannoma ile uyumluydu. Bu sunumunda skrotal ancient 


schwannoma olgusu literatiirle birlikte incelenmistir. 
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Abstract 

Schwannomas, which may occur in any region of the body, is very rare in the 
scrotum. Schwannomas are tumors that originate from Schwann cells and, theo- 
retically, could affect any nerve. In spite of the rich innervation of the genital area, 
these kinds of tumors are not common in the scrotum. A 66 year old man pre- 
sented with a 1-year history of painless scrotal swelling. Scrotal ultrasonography 
and magnetic resonance imaging revealed intrascrotal and extratesticular mass 
in the mid-scrotal region. Surgical excision was undertaken and histology was an 
ancient schwannoma of the scrotum. We report one case of ancient schwanno- 


mas of the scrotum with a review of the literature. 
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Giris 

Schwannomlarin “Ancient” varyanti kapsiillii benign sinir kilifi 
neoplazmlarinin nadir bir alt tipidir [1]. Bu sunumda nadir gorti- 
len intraskrotal ekstratestikiiler patoloji olan ancient schwan- 
nom olgusunun ultrasonografi (US) ve manyetik rezonans g6- 
runtuileme (MRG) goruntilerinin sunulmas! amaglanmistir. 


Olgu Sunumu 

Altmisalti yasinda hasta skrotumda son 1 yilda yavas biiyliyen 
agrisiz sislik sikayeti ile basvurdu. Laboratuar tetkiklerinde tes- 
tis tumor belirtegleri normal sinirlarda bulundu. Fizik muayene- 
sinde inferior-orta skrotal bolgede yaklasik 4x5 cm boyutlarin- 
da, testislerden ayri olarak palpe edilen sert kitle saptandi. Oz- 
gecmiste 6nemli bir 6zellik mevcut degildi. 

US’da (Resim 1) skrotum orta hatta ekstratestikiler yerlesim- 


Resim 1. Ultrasonografi gériintiisii.B mod ultrasonografi; orta skrotal bélgede 
yerlesen intra-skrotal ve ekstra-testikiiler heterojen kitle lezyonu saptanmistir(A). 
Doppler ultrasonografi; hipervasktiler kitle lezyonu mevcuttur(B). 


li, 40x55 mm boyutta, testis dokusuna gore hafif hipoekoik, he- 
terojen icgyapida, diizgiin konturlu solid kitle lezyonu saptandi. 
Doppler ultrasonografide lezyon hipervaskiller yapidaydi. Hid- 
rosel saptanmadi. Her iki testis normal sonografik gortiniim ve 
boyutta idi. Eslik eden sag inguinal herni mevcut iken baskaca 
ek patolojik bulgu saptanmadi. Yapilan MRG tetkikinde (Resim 
2) ekstratestikiler yerlesimli, T1 ve T2 agirlikli sekanslarda tes- 


Resim 2. Manyetik rezonans goriintiisii. T 1 agirlikli axial(A), T 2 agirlikli axial(B), T 
2 agirlikli FS koronal(C), T 2 agirlikli sagittal gértintiilerde; normal goriiniimde tes- 
tisler (igi dolu ok), orta skrotal bélgede yerlesen intra-skrotal ve ekstra-testikiller 
kitle lezyonu (igi bos ok), inguinal herni (ok basi) izlenmektedir(D). 


tis dokusuna gore diisiik intensitede, heterojen yapida, testis ve 
cevre yapilarda invazyon bulgusu gortilmeyen, duzgtin ve keskin 


sinirli, solid kitle lezyonu izlendi. 

Kitle total olarak eksize edildi. Histopatolojik incelemede ince- 
lenen kesitlerde igsi hlicrelerden olusan neoplastik lezyon goril- 
mekte, Verocay body tarzi yapilar, stromal fibrozis, yaygin ple- 
omorfik bizar, iri nikleuslar goriliirken belirgin mitotik aktivite 
saptanmadi. imminohistokimyasal analizlerde $100 ve Desmin 
pozitif olarak bulundu. Histopatolojik 6zellikler Ancient swanno- 
ma ile uyumlu olarak degerlendirildi. Testikiiler invazyon sap- 
tanmadi. 


Tartisma 

Norojenik tiimorler, néral “crestten” koken alan hiicrelerden ge- 
lisirler ve sinir dokusunun bulundugu her yerde gorilebilirler [1]. 
Schwannomalar, sinir kilifindaki perinéral hucrelerin proliferas- 
yonundan kaynaklanan, en sik rastlanilan nérojenik tumorler- 
dir. Sinir kilifinin schwann hucrelerden tiremis kapsullii benign 
neoplazmadir. Schwannomlarin kesin insidansi bilinmemekle 
birlikte oldukga nadir goriilmektedir. Schwannomalar tim yas 
gruplarinda gortilmekle birlikte en sik ilk dort dekatta gorilir{2]. 
En sik bas-boyun bolgesinin kuten6z sinirleri ile otonom sinirler 
ve alt-iist ekstremitelerin fleksér ylzlerinde goriltirler. intrato- 
tasik[3] ve retroperitoneal [4] bélgede de yerlesebilirler. 

Skrotal schwannomalar literatiirde nadir olarak tarif edilmistir 
[5,6,7], ancak, skrotal bélgede ancient varyanti ile ilgili az sayi- 
da yayin bulunmaktadir [1,8]. 

Literatiirde intraskrotal- ekstratestikiiler multiple schwannom 
olgu sunumlar! da mevcuttur[8]. Ancak bizim olgumuzda tek kit- 
le lezyonu saptandi. 

Erkek genital schwannomlarinin klinik ve radyolojik bulgulari 
nonspesifik olup lezyon diger solid timorlerle karistirilabilir. Bu 
tumorler buyik boyuta ulasip komsu yapilara basi etkisine ne- 
den olarak agri, distri, Griner retansiyon gibi sekonder semp- 
tomlara neden oluncaya kadar genellikle asemptomatiktirler. 
Hastalarda en sik goriilen bulgu agrisiz genital kitledir[9]. Bizim 
olgumuzda da basi bulgusu olmaksizin ele gelen kitle sikayeti 
mevcuttu. 

Schwannomalarin tanis! olduk¢a zordur. Radyolojik bulgular sik- 
likla nonspesifiktir. 

Ultrasonografi lezyonun intratestikiler veya ekstratestikuler 
olup olmadigini belirlemede hizli ve dogru sonug vermektedir. 
US ile solid ve kistik tumorler ayirt edilebilir. Ekstratestiktler 
ve kistik kitlelerde spesifik tani (hidrosel, epididim kisti, variko- 
sel) siklikla konabilir ve lezyonun benign oldugu kanisina vari- 
labilir. Solid ekstratestikiiler kitlelerin sonografik 6zellikleri ve 
Doppler US bulgulari ile tanisi kistik lezyonlara gore daha so- 
runludur [10]. 

Bilgisayarl! tomografi tetkiki uzak yayilimini belirlemede yar- 
dimci olabilir. 

Oliver ve arkadaslarinin calismasinda MRG@’ nin skrotal lezyonla- 
rin saptanmasi ve lokalizasyonunun tam olarak belirlenmesinde 
givenilir oldugu gosterilmistir. Ayrica MRG ile kistik- solid, yag 
ve fibrozis gibi cesitli lezyon tipleri karakterize edilebilir. 
intratestikiiler ve ekstratestikiiler hastaliklarinin ayriminda 
MRG’nin yuksek tanisal dogruluk gésterdigi bulunmustur. Skro- 
tal lezyonlarin karakterizasyonunda MRG bulgulari cerrahi giri- 
sim sikliginda bir azalma saglayarak maliyetleri azaltabilir[1 1]. 
Asil tedavi cerrahi ile total eksizyondur. Biiyiik, benign, tam ola- 
rak eksize edilemeyen lezyonlarda niiks olabilmesine ragmen 
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malign degisim nadirdir [7]. Bu hastalarda uzun sireli takip ge- 
reklidir. 

Sonug olarak, skrotal schwannomlar, nadir goriilen olduk¢a iyi 
prognozlu benign tumorlerdir. Radyolojik gériintuleme yontem- 
leri ile kitle lezyonu gériintilenebilirsede spesifik bir gorunimu 
yoktur. Tedavisi tumdruin tamamen cikartilmasidir. 


Cikar Cakismasi ve Finansman Beyani 
Bu calismada cikar gakismasi ve finansman destek alindigi be- 
yan edilmemistir. 
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Gzet 

Meme kanseri kadinlarda en sik gértilen kanserdir. 85 yasina ulasan her sekiz ka- 
dindan birinde (%13,4) meme kanserine yakalanma riski vardir. Meme kanserleri- 
nin % 5-10'una, kalitimsal gecis gosteren BRCA-1 ve BRCA-2 gibi germline mutas- 
yonlar yol acar. Mutasyon tasuyicilarinda yasam boyu meme kanseri gelisme ris- 
ki % 90’a, over kanseri gelisme riski ise % 40’a varmaktadir. Profilaktik mastek- 
tomi mevcut korunma yollar! arasinda meme kanseri olusma riskini en etkin sekil- 
de azaltan tedavi yéntemidir. Biz bu ¢alismada, BRCA gen analizi sonras! yasam 
boyu meme ve over kanseri gelisme riski yiksek tespit edilen, profilaktik amacli 
bilateral ooferektomi ve bilateral mastektomi olan 39 yasinda bir kadin olgumu- 


zu sunmay! amacladik. 
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Abstract 

Breast cancer is the most common cancer in women. One in eight women 
reached at the age of 85 (13,4 %), are at risk of developing breast cancer. 5-10% 
of breast cancers inherited and passes germline mutations such as BRCA-1 and 
BRCA-2. In mutation carriers, lifetime risk of developing breast cancer is 90%, the 
risk of developing ovarian cancer is 40%. In existing protection ways, prophylactic 
mastectomy is the most effective way to reduce risk of breast cancer occurrence. 
In this study, we aimed to present a 39 years old woman case who detected high 
risk of developing lifetime breast and ovarian cancer after BRCA genes analyze 


and performed prophylactic bilateral oophorectomy and bilateral mastectomy. 
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Giris 

Meme kanseri kadinlarda en sik gorilen kanserdir. 85 yasina 
ulasan her sekiz kadindan birinde (%13,4) meme kanserine ya- 
kalanma riski vardir. Ailede meme veya over kanseri varlig1 veya 
erken yasta meme kanserine yakalanan bir akrabanin olmasi, 
bilinen BRCA-1, BRCA-2 mutasyonu meme kanseri riskini art- 
tirmakta; dolayisiyla bu hastalarda hekimleri kanser olusum ris- 
kini azaltmaya yonelik birtakim 6nlemler almaya itmektedir [1]. 
Meme kanserlerinin % 5-10’una, degisen penetransta otozo- 
mal dominant kalitimsal gecis gosteren BRCA-1 ve BRCA-2 gibi 
germline mutasyonlar yol agar. BRCA-1’deki germline mutas- 
yonlar kalitsal meme kanserlerinin % 45’inde, kalitsal over kan- 
serlerinin ise en az % 80’inde predispozan bir genetik faktérdir. 
Kadin mutasyon taslyicilarinda % 90’a varan bir yasam boyu 
meme kanseri gelisme riski ve % 40’a varan bir yasam boyu 
over kanseri gelisme riski vardir. BRCA-2 mutasyonunun tasidi- 
g1 meme kanseri riski % 85’e yakindir. Yasam boyu over kanseri 
gelisme riski ise % 20’ye yakin olarak hesaplanmistir [2]. 

Biz bu calismada, BRCA gen analizi sonras! yasam boyu meme 
ve over kanseri gelisme riski yliksek tespit edilen, profilaktik 
amacli bilateral ooferektomi ve bilateral mastektomi olan 39 
yasinda bir kadin olgumuzu sunmay! amacladik. 


Olgu Sunumu 

39 yasinda kadin hastadir. Annesi 48 yasindayken bilateral 
meme kanseri nedeniyle bilateral mastektomi ve aksiler disek- 
siyon ameliyati olmus. Annesinin babaannesi meme kanseri ne- 
deniyle vefat etmis. Halas: endometrium kanseri nedeniyle ope- 
re olmus. Meme ve jinekolojik muayenesinde patoloji tespit edil- 
meyen hasta, aile 6ykiisU nedeniyle kansere yakalanacag! endi- 
sesini tasiyordu. Bunun uzerine kendisine BRCA gen analizi yap- 
tirmasini 6nerdik. Ozgecmisi ve aile dykiisii gz Sniine alinarak 
yapilan incelemede mutasyon riskinin yasitlarina gore BRCA-1 
igin 14 kat, BRCA-2 icin 18 kat artmis oldugu hesaplandi. Ya- 
sam boyu meme kanserine yakalanma riski % 65.5, over kanse- 
rine yakalanma riski % 72.4 olarak hesaplandi. Bu riskle yasa- 
mak istemedigini, profilaktik salpingoooferektomi ve mastekto- 
mi olmak istedigini bildirdi. Histerektomi ve profilaktik salpin- 
goooferektomi olmasinin ardindan klinigimize bilateral mastek- 
tomi i¢gin basvurdu. Hastaya bilateral cilt koruyucu mastektomi 
ile beraber ayn! seansta bilateral subpektoral alana klasik Bec- 
ker tip protez yerlestirildi (Resim 1,2). Postoperatif komplikas- 
yon gelismeden taburcu edildi. Bu operasyonlardan sonra psiko- 
lojik olarak rahatlamis ve memnun oldugunu bildirdi. Postopera- 
tif histopatolojik incelemede sag memede lobiler hiperplazi, sol 
memede sklerozan adenozis rapor edildi. 


Tartisma 

BRCA mutasyonu olan bir kadinin meme kanserine yakalanma 
riski 30 yasinda yaklasik %30 olmakta ve bu 50 yasina kadar 
her yil %2, 50 yas sonrasinda her yil %1 artarak 70 yasinda yak- 
lasik %85-90’a ulasmaktadir [3]. 

Profilaktik mastektomi endikasyonlari; giicli aile hikayesi (50 
yasindan 6nce meme kanserine yakalanan anne, kiz kardes veya 
kiz gocugu), BRCA-1 veya BRCA-2 gen mutasyonu, gecirilmis 
meme kanseri hikayesi, duktal ya da lobuler karsinoma insitu 
tanis! almis olmak, 30 yasindan once gogus bdlgesine isin teda- 
visi almis olmak, mamografide yaygin mikrokalsifikasyon odak- 


Resim 2. Postoperatif erken dénem goriintisii. 


lar! olmasi ve hastanin istegidir [4]. 

Profilaktik mastektomi, BRCA mutasyonu tasiyan kadinlarin 
kanser riskini ciddi oranda azaltmaktadir. BRCA gen mutasyo- 
nu tasiyan 570 saglikli kadinin takibini igeren bir ¢alismada, mu- 
tant geni tasiyan bu kadinlardan 212 tanesi profilaktik mastek- 
tomi ameliyati gecirmis. izleyen zamanda, bu ameliyati olma- 
mis kadinlarin %16’s! meme kanseri tanisi almasina ragmen, 
ameliyat olanlarin hicbiri meme kanserine yakalanmamistir [5]. 
Yapilan calismalar profilaktik mastektominin meme kanseri in- 
sidansini ve meme kanserinden 6liim oranini azalttigini gdéster- 
mistir. Guiclu aile hikayesi olan kadinlar en yiiksek riskli olarak 
bildirilmektedir [6]. Skolnik ve arkadaslarinin dért kadrandan bi- 
yopsiler alarak yaptiklari galismada ailesinde meme kanseri hi- 
kayesi olan kadinlarda atipik duktal hiperplazinin kontrol gru- 
bundaki hastalara oranla 3 kat yiiksek oldugu bildirilmistir [7]. 
Profilaktik mastektomi, meme kanserinden korunma yollari ara- 
sinda en etkin yOntemdir. Cesitli yayinlarda koruyuculuk orani 
10 yillik takiplerde %85-94 arasinda degismektedir [8]. Rey- 
nolds ve ark. tarafindan yapilan calismada, BRCA mutasyon ta- 
siyicilarinda profilaktik meme basi koruyucu mastektominin uy- 
gun ve giivenli oldugu bildirilmistir [9]. Yine Peled ve ark. nin 
yaptigi ¢alismada BRCA mutasyonu olan hastalarda deri koru- 
yucu mastektomi 4 yillik takipte giivenli bir iskem olarak bildiril- 
mistir [10]. Biz de hastamiza bu islemi uyguladik. 

Derikoruyucu mastektomi sonrasinda meme basi, areola, aksil- 
ler kuyruk ve deri fleplerinin altinda %5-10 arasinda meme do- 
kusu kalmaktadir. Deri flepleri nekadar ince kaldirilirsa geriye 
kalan doku miktar! okadar az olmakta; ancak ince kaldirilan flep- 
lerde nekroz gortilme olasiligi da artmaktadir [11]. Biz operas- 
yon sirasinda geride kalan meme dokusunun miimkiin oldugun- 
ca az olmas:! icin, flepleri ince tuttuk. 
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Pahali olmasi ve yabanci bir cisim yerlestirilmesi gibi dezavan- 
tajlarina karsin, basitligi, operasyon stresinin kisalig1 ve has- 
ta tatmininin gok yuksek olmasi nedeniyle secilmis hastalarda 
Becker tip protez ile rekonstriiksiyonun iyi bir segenek oldugu 
dustinuilmektedir [12]. Bu avantajlarinin yaninda, fleplerdeki in- 
celikten dolay! olusabilecek nekroz olasiligi nedeniyle rekons- 
triksiyon i¢gin Becker tip protez tercih ettik. 

Bir ailede 50 yasindan 6nce over ya da meme kanseri gelis- 
mis iki ya da daha fazla kadin varsa kalitsal meme kanseri ris- 
ki dikkate alinir [13]. Bizim hastamizin annesi 48 yasinda bilate- 
ral meme kanseri olmasi nedeniyle hastamiza gen analizi yapil- 
masini istedik. Sosyal Giivenlik Kurumu tarafindan 6denmedigi 
igin hasta tarafindan karsilandi. Endikasyonu olan her hastaya 
bu analizin yapilmasi durumunda profilaktik mastektomi sayisi- 
nin artacagini diistinmekteyiz. 

Profilaktik mastektomi sonrasi ayni oturumda meme onarim! 
yapilmasi, hastanin beden imge algisinda yasayacag! degisik- 
likleri en aza indirmesi ve daha sonra ek bir travma yasamasin| 
ortadan kaldirmasiyla daha avantajlidir [11]. 

Sonug olarak giicli aile hikayesi olan kadinlar meme kanseri ge- 
lismesi agisindan yliksek riske sahiptir. Meme kanseri riski tasi- 
yan kisilerde profilaktik mastektomi yapiImasi biiyUk oranda ko- 
ruyuculuk saglamaktadir. Deri koruyucu mastektomi BRCA mu- 
tasyonu olan hastalarda giivenli bir islemdir. Es zamanli onarim 
yapilmasi en iyi secenektir. 


Cikar Cakismasi ve Finansman Beyani 
Bu calismada cikar gakismasi! ve finansman destek alindigi be- 
yan edilmemistir. 
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Gzet 

Dogum travmasina bagli femur kirigi gelisimi nadir olmakla birlikte sezaryenle do- 
gum esnasinda meydana gelebilir. Bu olgu sunumunda makat gelis nedeniyle se- 
zaryen uygulanan hastada gelisen sag femur kirigini tartistik. Yenidogan bryant 
traksiyonda immobilize edilerek tedavi edildi. Femur kirigi gelisen olgularda has- 
tanede 3 hafta bryant traksiyon uygulamanin giivenli ve basaril! bir tedavi yénte- 


mi oldugunu diisiinmekteyiz. 
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Abstract 

Femoral fracture due to birth trauma which is rare, can ocur during cesarean sec- 
tion. This case represents a new born delivered by cesarean section for breech 
presentation who sustained proximal fracture of the femur. Then newborn was 
treated with immobilization in bryant traction. Bryant’s traction for 3 weeks in 
hospital is a safe method for the treatment of femoral fractures in neonates,and 


the outcome is good. 


Keywords 


Neonate; Birth Injuries; Femoral Fracture; Caesarean 


DOI: 10.4328/JCAM.2349 Received: 21.02.2014 Accepted: 16.03.2014 Printed: 01.08.2013 J Clin Anal Med 2013;4(suppl 4): 381-2 
Corresponding Author: Eytip Cagatay Zengin, Sivas Devlet Hastanesi, Ortopedi ve Travmatoloji Klinigi, Sivas, Turkiye. 


GSM: +905052522836 E-Mail: zengincagatay@hotmail.com 


Journal of Clinical and Analytical Medicine | 381 


Sezaryenla Dogum Esnasinda Gelisen Sol Femur Frakttirii / Cesarean Section and Femur Fracture 


Giris 

Doguma bagl! yenidogan travmasi nadir olarak gortilmekle bir- 
likte, dogum esnasinda gelisebilecek uzun kemik kiriklari iri be- 
bek ve makat gelis gibi dogumu zorlastiran durumlarda daha 
sik meydana gelir [1]. Makat gelis nedeniyle sezaryen uygula- 
nan hastalarda femur kirigi gelisimi daha nadir olmakla birlikte 
yinede mimkin oldugu literatiirde bildirilmistir [2]. Hannah ve 
ark. cok merkezli randomize yaptiklari calismada; uzun kemik ki- 
rigi gelisimi sezaryenle dogum esnasinda %0.1 iken, vajinal do- 
gumda bu oran %0.5 olarak rapor edilmistir [3]. Bu olgu sunu- 
munda makat gelis nedeniyle sezaryen uygulanan hastada geli- 
sen sag femur kirigini tartismay! amacladik. 


Olgu Sunumu 

Saglikli 32 yasinda annenin 2. gebeliginin 38. haftasinda ma- 
kat gelis nedeniyle epidural anestezi altinda sezaryen ile dogan, 
2480 gr agirliginda kiz bebek dogum sonrasi yapilan ilk muaye- 
nede sag uylukta belirgin 6dem, deformite ve karsi ekstremite- 
ye kiyasla hareketlerinde zayiflik tespit edildi. Klinik siphe Uze- 
rine ortopedi tarafindan degerlendirilen hastaya cekilen uyluk 2 
yonlii grafide sag femur proksimalinde komplet deplase fraktiir 
tespit edildi (Resim 1). Direkt grafide kemik yapisi ve minerili- 
zasyonu normal olarak degerlendirildi. Yeni doganda baska bir 
kemik kirigi, gozlerde mavi sklera veya hipotoniye rastlanma- 
di. Hastaya yenidogan yogun bakim servisinde, kalga 90° fleksi- 
yonda diz tam ekstansiyonda bryant traksiyon kurularak sag fe- 
mur immobilize edildi (Resim 2). 10. Giinde ¢ekilen kontrol uyluk 
grafisinde kallus gelisiminin basladigi, 20. giinde kallus dokusu- 
nun belirginlestigi gozlendi. 3 hafta sonunda traksiyon sonlandi- 
rildi, pavlik bandajina gecilerek hasta taburcu edildi. Taburculuk 
sonras! 2 hafta pavlik bandajinda takip edilen hastada 5. haf- 
ta sonunda ¢ekilen grafide kaynamanin goriilmesi Uzerine pavlik 
bandaji sonlandirildi (Resim 1). DoSumdan 20 hafta sonra yapI- 
lan muayenede her iki alt ekstremitenin esit uzunlukta ve hare- 
ketlerinde kisithlik olmadigi goriildi. 


Tartisma 

Literatiirde sezaryen esnasinda meydana gelen femur kirigi ol- 
gusu olduk¢a nadirdir [4]. ikiz gebelik, uterusun yetersiz gevse- 
mesi, myom varligi ve bizim olgumuzda oldugu gibi makat pre- 
zentasyonu bu komplikasyonun gelisimine zemin hazirlayan fak- 
torler arasinda sayilmaktadir [5]. Zor dogum 6ykiisti olan yeni- 
doganin ilk muayenesinde lokalize hassasiyet, sislik ve deformi- 
teye eslik eden kisalma bulunan hastalarda tani icin direkt rad- 
yografiler yeterlidir. Femur kirigi tespit edilen hastalarda damar 


Resim 1. Sol tarafta kirik hatt! g6rlilmekte, sag tarafta tedavi sonrasi kirik hattinin 
kaynadigi gériilmekte. 


Resim 2. Sag bacak ekstansiyonda immobilize edildi 


ve sinir muayenesi yapiImali bulgular karsi taraf ile karsilastiril- 
malidir [4]. Nazik rediiksiyonu takiben atel veya traksiyonda tes- 
pit uygulanir [4]. Tespitten sonra nérovaskiler bir sorun sapta- 
nirsa atel acilmali ve tekrar manipUlasyon yapilmalidir [4]. Bi- 
zim olgumuzda rediksiyon 6ncesinde veya sonrasinda nérovas- 
kiiler muayene normal olarak degerlendirildi. Yeni dogandaki fe- 
mur kirigi tedavisinde pavlik bandaji, bryant traksiyon ve pelvi- 
pedal alg: uygulanabilir [5]. Biz hastamizda ilk 3 hafta uygun bir 
pozisyon saglamak i¢in bryant traksiyon uyguladik. Cilt traksiyo- 
nu oldukga etkili olmakla birlikte akilda tutulmasi gereken cesit- 
li sorunlar ve komplikasyonlar vardir. Popliteal arterin gerilme- 
sine ve eksternal sarginin bacaga kompresyonundan kaynakla- 
nabilen dolasim bozuklugu ciddi bir komplikasyondur [5]. Bunun 
disinda cilt traksiyonunun tum tiplerinde cilt kabarmasi ve so- 
yulmasina karsi dikkatli olunmalidir. Uyluk ¢ok sis ise asiri kal- 
¢a fleksiyonu femoral sinir palsisine yol acabilir, bu yuzden teda- 
vi sirasinda kuadriceps fonksiyonu haftalik olarak takip edilme- 
lidir [5]. Kallus dokusu gelisimini takiben uygulanan pavlik ban- 
daji, pelvipedal algiya kiyasla aile icin bebegin bakimini olduk¢a 
kolaylastirmaktadir. 

Sonug olarak; sezaryenle dogum vajinal dogumla karsilastiril- 
diginda ozellikle makat prezentasyonu gibi durumlarda kompli- 
kasyon gelisimini azaltir fakat tamamen ortadan kaldirmamak- 
tadir. Biz femur kirigi gelisen olgularda bryant traksiyon ve taki- 
ben pavlik bandaj uygulamanin giivenli ve basit bir tedavi y6n- 
temi oldugunu distinmekteyiz. 


Cikar Cakismasi ve Finansman Beyani 
Bu calismada cikar gakismasi ve finansman destek alindigi be- 
yan edilmemistir. 
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Ozet 

Seboreik keratoz (SK) deride gértilen en sik benin epidermal tiim6rdiir ve genellikle 
govdede, deriden kabarik, kahverengi-siyah renkte, papul, plak veya nodul seklin- 
de goriilr. Seboreik keratoz sikligina ragmen etyolojisi bilinmez. Lezyonlarin bii- 
yume ve mikroskopik 6zellikleri sigillere benzer fakat human papilloma virus (HPV) 
genellikle saptanmaz. Genital bolgede SK nadir goriildir. Burada 41 yasinda erkek 
hastada sadece genital bélge yerlesimli bir SK olgusu nadir goriildiigui igin sunul- 
mustur. Bu olgunun HPV ile iliskisini belirlemek amaci ile hibrid capture 2 yénte- 
mi ile HPV DNA taramasi yapilmis fakat tespit edilmemistir. Kondilomalarda se- 
boreik keratoz ayirici tanida diisiintilmeli ve gereginde dermoskopi ve histopato- 
loji ile tani kesinlestirilmelidir. Genital bolge seboreik keratozlarinda HPV tarama- 
sinin yapilacagi kapsamli calismalar HPV’ nin SK patogenezindeki yerinin belirlen- 
mesine katki saglayacaktir. 
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Abstract 

Seborrheic keratoses (SK) are most common tumors and they are most common 
on the trunk. The lessions are found in varying color brown to black and forms; 
papules, plaques, nodules. The origin of SK is unknown. Although they often have 
the same gross and microscopic patterns with common warts, human papilloma 
virus (HPV) particles are usually not present. Seborrheic keratoses rarely occurs 
in the genital area and is often neglected in differential diagnosis of polypoidal 
lesions like condylomas. Because os a rare condition here a case of 41 year-old, 
male patient with seborrheic keratoses in the genital area was presented. Human 
papilloma virus DNA was not detected in the lesion by hybrid capture 2 assay. 
Seborrheic keratoses should be considered in the differential diagnosis of condy- 
lomas and the diagnosis should be confirmed by dermoscopy and histopathology. 
HPV screening in these lesions will help to clarify the pathogenic contributing 
role of HPV. 
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Giris 

Seboreik keratoz (SK) deride goriilen en sik benign epidermal 
timordiir ve genellikle gdvdede bulunur. Ayrica yiizde sacli deri 
sinirinda, ensede, kol ve bacaklarin dst kisimlarinda da gort- 
lebilir. Seboreik keratoz patogenezi bilinmemektedir [1,2]. Yas- 
lanma ve glinese maruziyet risk faktoru olarak kabul edilmek- 
tedir [3]. Son zamanlarda yapilan bazi ¢alismalarda genital ve 
non-genital SK lezyonlarinda human papilloma virus (HPV) tip- 
leri tespit edilmistir ve patogenezde rol alabilecegi diisintulmiis- 
tur [4,5]. Seboreik keratoz tanisinda klinik muayene siklikla ye- 
terli olmakla beraber atipik olgularda dermoskopi ve histopa- 
tolojik inceleme gerekebilir. Histopatolojisinde benign bazalo- 
id epitelyal hucrelerin proliferasyonu ve pseudokistler gorulur 
[1,3]. Burada nadir yerlesim alani oldugu igin sadece genital bol- 
ge yerlesimli bir seboreik keratoz olgusu sunulmustur. Bu olgu- 
nun HPV ile iliskisini belirlemek icin hibrid capture 2 (HC2) yén- 
temi uygulanmistir. 


Olgu Sunumu 

41 yasinda, erkek, bekar hasta, 1 yildir pubiste baslayip buyt- 
yen ve penis kokine dogru artan kahverengi lezyonlar nedeni 
ile hastanemize basvurdu. Hastanin yapilan muayenesinde pu- 
bisten kirik hat seklinde vertikal olarak penise dogru uzayan ve 
penis kékinidn Ust kismini horizontal olarak kaplayan kahveren- 
gi, izerinde folikiler cikintilarin belirginlestigi grube, polipoid 
lezyonlar goriildi. Hastanin istegi ile pubiste ve penis kokun- 
de bulunan lezyonlarin bir kismi eksize edildi. (Resim1) Bu doku- 
larin yapilan histopatolojik incelemesinde epidermiste bazaloid 
hicre proliferasyonu, pseudohorn kistleri, bazal keratinositler- 
de pigmentasyon artis! izlendi. Papiller dermiste daginik mela- 
nofajlar géruldu. (Resim 2) Bu histopatolojik bulgular ile hasta- 
ya seboreik keratoz tanis! kondu. Hastanin tedavisinde kriyote- 
rapi planlandi ancak hasta lezyonlarinin tamaminin eksize edil- 
mesini tercih etti. Kalan bitin lezyonlar eksize edildi ve histo- 
patolojik olarak incelendi. Bu lezyonlarin histopatolojik incele- 
meleri de SK olarak degerlendirildi. 2 farkl! zamanda eksize edi- 
len dokularda etyolojiyi belirlemek amaci ile HPV DNA aranma- 
si ve tiplendirilmesi icin parafin gomilui dokularda HC2 yénte- 
mi uygulandi [6]. 


Hibrid Capture 2 yéntemi 
Hibrid capture 2 y6ntemi nukleik asit sinyal amplifikasyonu te- 
meline dayanan bir testtir. Kemoliiminasyon yoluyla tespit esa- 


Resim I. Genital bélgede polipoidal lezyonlar 


eet ey i oe = . my oS . 
Some CIP ir al WSS ees 


Resim II. Histopatolojik incelemede pseudohorn kistler (HEx25) 


sina dayanir ve HC2 testi temel olarak 5 basamakta ¢alisir. 
Nikleik asitin denatiire olmasi ve salinmasi, 

Hedef DNA ve RNA probunun hibridize olmasi, 

RNA: DNA hibridlerinin solid faza gecirilmesi, 

Yakalanan hibridlerin multipl antikor konjugatlariyla reaksiyo- 
nu, 

5) Kemoliiminasyon sinyallerinin luminometrede okunmasi, 
Hibrid capture 2 HPV DNA (Qiagen, USA) kiti ¢alisma prosedi- 
rune uygun bir sekilde kullanilmistir. HPV DNA dlisiik risk gru- 
bunda 6,11,42,43,44 ve ylksek risk grubunda 16,18,31,33,35,3 
9,45,51,52,56,58,59,68 tipleri yer almaktadir 

Bu yontemle yapilan calismada olgumuzda HPV DNA’ si tespit 
edilmedi. Hasta 6 aydir lezyonsuz olarak takip edilmektedir. 


2 


Tartisma 

Seboreik keratoz atipik klinik sekiller ve atipik yerlesim bdlgele- 
ri gésterebilir. Genital bélge nadir yerlesim alanidir ve bildirilen 
vaka sayisi fazla degildir. Bu bolgedeki lezyonlar kondiloma ak- 
kuminata ve malign melanom, akrokordon ile karisabilir [7]. Ge- 
nital seboreik keratozun sebebi ¢ok bilinmemekle birlikte sur- 
tiinme ve HPV'nin rol alabilecegi diistiniilmektedir [1]. 

Sadece genital bélgede yerlesen seboreik keratoz olgu bildirimi 
nadirdir [7-9]. Jagdeep ve ark. [7] ve Friedman ve ark. tarafin- 
dan bildirilen olgularda lezyonlar 15 -20 yil gibi uzun stire mev- 
cuttu [8]. Bizim olgumuzda lezyonlar 1 yildir vardi ve giderek ar- 
tiyordu. Histopatolojik inceleme sonucu seboreik keratoz olarak 
raporlanmamas! durumunda hastanin erkek ve bekar olmasi ne- 
deni ile kondilom tanisi diistinilerek dermatolojik muayanede 
folikiiler cikintilarin belirginligi de gozden kagabilirdi. 

Seboreik keratoz patogenezi bilinmemektedir. Lezyonlar sigil- 
lerle benzer biyiime paterni ve histopatolojik 6zellikler goste- 
rir [2]. Non genital SK olgularinda HPV birlikteliZi daha once ya- 
pilan calismalarda tespit edilmistir ve patogenezde 6nemii bir 
rol aldigini distindurmustir [4]. Ackerman sadece genital lezyo- 
nu olan ve HPV saptanan olgularin ise aslinda kondiloma akku- 
minata oldugunu belirtmistir. Histopatolojik incelemede koilo- 
sit bulunmasi kondilom olarak degerlendirilmesi gerektigi sa- 
vunulmustur [10]. 

Genital bélge SK olgularinda PCR ile HPV DNA %70-72 oraninda 
rastlanmistir [3,5]. Tardio ve arkadaslarinin yaptiklari ¢alisma- 
da genital SK lezyonlarini HPV iliskili lezyonlar olarak degerlen- 
dirmislerdir. Bu galismada koilositoz ve kondilom ile ortak histo- 
patolojik 6zellikler igeren olgular ¢alisma disi birakilarak PCR ile 
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HPV pozitifligi %70 oraninda tespit edilmistir ve en sik HPV 6’ 
a rastlanmistir. Kirk dokunun degerlendirildigi calismada 6 penil 
SK lezyonlarinin sadece penil alana lokalize olup olmadig bilgi- 
si mevcut degildir. Bu arastirmacilar non genital seboreik kera- 
tozlar ile karsilastirildiginda genital bélgedeki SK lezyonlarinda 
HPV sikliginin fazla olmasinin patogenezlerinin farkli olabilece- 
gini savunmuslardir [3]. 

Bizim olgumuzun histopatojisinde koilositoz ve HC2 yontemi ile 
HPV DNA’ tespit edilmedi. Olgumuz genital SK patogenezinde 
HPV disinda bir etken olabilecegini diistindtrmektedir. 

Sonug olarak kondiloma akkuminata lezyonlarinda SK da ayiri- 
ci tanida distinilmeli ve gerekirse histopatolojik inceleme yapil- 
malidir. Genital seboreik keratoz olgularinin calisildigi daha ge- 
nis olgu serilerinde HPV taramasi yapilan calismalar, HPV ve SK 
arasindaki iliskiyi belirlemeye katki saglayacaktir. 


Cikar Cakismasi ve Finansman Beyani 
Bu calismada cikar ¢akismasi ve finansman destek alindigi be- 
yan edilmemistir. 
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Gzet 

Lenfoepitelyoma benzeri karsinom kiiciik hiicreli disi akciger kanserlerinin alt gru- 
bunda yer alan ve morfolojik olarak nazofarenks yerlesimli lenfoepitelyomaya 
benzerlik gosteren, akcigerin nadir gériilen bir ttimoriidtir. ilk olarak 1987 yilinda 
Begin ve arkadaslar tarafindan tanimlanmistir. Biz de klinigimizde cerrahi uygu- 


lanan iki olguyu literatiir esliginde irdeledik. 
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Abstract 

Lymphoepithelioma-like carcinoma, which belongs to a subgroup of non-small cell 
lung cancer and morphologically resembles to lymphoepithelioma located in the 
nasopharynx, is a rare tumor of the lung. It was first described by Begin and oth- 
ers in 1987. We evaluated two patients who underwent surgery in our clinic after 


reviewing medical literature. 
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Introduction 

Lymphoepithelioma-like carcinoma (LLC), which belongs to a 
subgroup of non-small cell lung cancer and morphologically re- 
sembles to lymphoepithelioma located in the nasopharynx, is a 
rare tumor of the lung. It was first described by Begin et al in 
1987 [1-3]. It is mostly found among young, non-smoking male 
patients in Southeast Asia countries and frequently in Hong 
Kong, Taiwan and Guangdong regions of China [4]. Although Ep- 
stein Barr Virus (EBV) infection is thought to play a major role in 
its etiology, according to medical literature, its relationship with 
EBV has not been demonstrated in studies conducted among 
few non-Asian patients [5]. We evaluated two patients who un- 
derwent surgery in our clinic after reviewing medical literature. 


Case Report | 

Sixty four years old male patient with a history of cigarette 
use applied to our hospital on detection of opacity at the right 
upper zone in the routine control chest X-ray. Thoracic com- 
puterized tomography (CT) revealed a soft tissue mass about 
2 cm extending through the right upper bronchus and affected 
several lymph nodes in the mediastinal region with the largest 
being 11 mm (Figure-1A). Endobronchial lesion was not seen 
during fiberoptic bronchoscopic examination. With preliminary 
diagnosis of pulmonary malign neoplasm, a computerized to- 
mography integrated positron emission tomography (PET/CT) 
was conducted for the aim of staging; results revealed a 4x1.5 


cm soft tissue mass at the apex, SUVmax was 16.2, 1cm lymph 
node at right hilum SUVmax was 3.2 and a SUVmax of 0.9 
in the sub-centimeter lymph nodes at inferior lobe of superior 
segment of the right lung (Figure-1B). Right upper lobectomy 
and mediastinal lymph node dissection were performed. 


Figure 1. 2-cm mass in the right upper lobe on thorax CT (A), SUVmax 16.2 mass 
in the right upper lobe on preoperative PET-CT (B). 


In the histopathologic evaluation; the macroscopic gross tu- 
mor was 2.5x2x2 cm in size, closely related to bronchus, hard, 
bleeding and had irregular contours. Immunohistochemical 
studies revealed CD8 positivity in the keratinic, epithelial as 
well as lymphoid areas of the tumor. The areas were negative 
for CD1a, S100, CK7 and EBV where as CD68, CD3 and CD20 
stained heterogeneously. The lymph nodes numbered 7, 8 and 
10 were evaluated as reactive hyperplasia. At the end of the 
histopathologic assessments, the result was reported as LLC; 
stage TI1bNOMO. There was no need for adjuvant therapy. No 
recurrence or metastasis was detected in the PET/CT per- 
formed at the end of the first year (Figure-2). 


Figure 2. PET-CT appearance of the postoperative first year control 


Case Report II 

Sixty years old male patient, a smoker without any complain 
administered to our clinic on detection of a suspected mass 
in his chest X-ray at right upper zone of the lung and a 3 cm 
mass on thoracic CT examination. The PET/CT was reported 
a malign lesion, 48x57mm oat right lung upper lobe anterior 
segment with SUVmax:18.5 (Figure-3). Although there was not 


Figure 3. Malign lesion in right upper lobe anterior segment on PET-CT 


any endobronchial lesion detected as a result of bronchoscopic 
investigation, the results of transthoracic fine needle aspira- 
tion biopsy were reported as reactive inflammation. The patient 
radiological examination suggested malignity, but no 
definitive diagnosis had the lymph nodes numbered 2, 4 and 
7 excised mediastinoscopically. All lymph nodes were reported 
as reactive hyperplasia. Right upper lobectomy and mediastinal 
lymph node dissection was performed. 

Result of the histopathologic evaluation; reported a macro- 
scopic tumor 3 cm sized with negative surgical margins. All of 
the lymph nodes excised from station number 9, 10, and 11 
were evaluated as reactive hyperplasia. The result of pathologic 
evaluations was reported as LLC; stage T1bNOMO. The patient 
who at this point was on his postoperative 2nd month, was dis- 
cussed at the oncological meeting and subsequent radiological 
follow up was planned. 


whose 


Discussion 

Besides the fact that pulmonary LLC is a rare non-small cell 
pulmonary carcinoma, interestingly it is more common in Asian 
patient population and particularly at the south of China. In a 
study with 32 patients conducted by Han et al [6], LLC has been 
demonstrated to be related with EBV cover RNA-1 antigen posi- 
tivity and EBV infection playing a role in the pathogenesis of 
the tumor. 
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Lymphoepithelioma like carcinoma (LLC) is histologically high- 
ly similar with the lymphoepithelioma of nasopharynx. Up to 
now, similar histological characteristics were detected in the 
stomach, skin, thymus, secretory glands, uterus, cervix, urinary 
system and lungs. Since the relationship of nasopharyngeal 
lymphoepitheliomas with EBV is demonstrated, serological, im- 
munohistochemical or gene studies should be performed in LLC 
of other sites [7]. Bildirici et al. [3] reported that histologically 
the pulmonary LLC cannot be distinguished from undifferenti- 
ated nasopharynx carcinoma and for this reason nasopharynx 
carcinoma and lymphoma should be ruled out by tissue biop- 
sies. Detection of strong positivity for cytokeratin and epithelial 
membrane antigen in neoplastic cells supports diagnosis. Cas- 
tro et al. [8] have also studied tissue leukocyte common antigen 
staining for the differential diagnosis with lymphoma. 

Findings of previous research studies and case reports dem- 
onstrate that the tumors are neoplasm with specific clinical 
and pathological characteristics. Although it is seen in adult 
patients without differences between genders, in only one case 
pulmonary LLC of childhood age has also been reported in the 
medical literature. In a study by Curcio et al.[9], an 8 year old 
Chinese girl was diagnosed with pulmonary LLC and right upper 
lobectomy was performed. 

Pulmonary LLC is usually not associated with smoking and in 
contrast to other tumors, cigarette does not play role in its eti- 
ology [3,10]. Both of our cases were adult males and were 
heavy smokers. 

In general cases of LLC are diagnosed via surgical operations. 
Results of minimally invasive procedures may provide informa- 
tion on whether the diagnosis is uncertain or it is a non-small 
cell pulmonary malignancy of different histopathologic charac- 
ter. Differential diagnosis from the lymphoepithelioma of naso- 
pharynx is difficult. In early stages, curative surgical treatment 
of lymphoepitheliomas has a better prognosis than other non- 
small cell pulmonary cancers. Early stage survival results are 
gratifying in patients who had surgery [3,5,6]. In our cases the 
diagnosis was only possible by explorative surgery and in both 
cases lobectomy was performed . 

In the study conducted by JC.Ho et al. [11]; the cases with LLC 
and non-small cell pulmonary carcinomas were compared for 
prognosis and after 5 years of follow up survival was signifi- 
cantly higher in Stages ILIII,IV in cases of LLC, whereas there 
was no difference between the two groups in Stage | case. 
Although lymph node metastasis was discovered in about 25 
% of the previous studies, hematogenous metastasis is rarely 
seen. Hematogenous metastases are only seen in the skeletal 
system [3]. 

Adjuvant chemotherapy was beneficial in advanced stage or 
nonresectable LCC tumors. In chemotherapy, chemotherapy 
regimens such as Cisplatin + 5-fluorouracil, Gemcitabine + Cis- 
platin, 5-fluorouracil + Cisplatin + Leucovorin were used in both 
adjuvant and neo-adjuvant treatments [11,12]. 

Consequently, pulmonary LLC is a malignancy rarely seen out- 
side Far Eastern Asian countries, not related with EBV and 
needed to be treated as non-small cell pulmonary cancers. 
However, in order to determine the causes and responses to 
treatment of the LLC more case reports and genomic studies 
are needed. 
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Ozet Abstract 
Epileptik erkekler erektil disfonksiyon gibi cinsel fonksiyon bozuklugundan yaki- Male epileptic patients may complain of sexual dysfunction such as erectile dys- 
nabilirler. Bu hastalarda karbamazepin gibi antiepileptik ilag kullanimi erektil dis- function. In these patients, the use of antiepileptic drugs such as carbamazepine 
fonksiyonun nedeni olabilir. may be a cause of erectile dysfunction. 
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Giris 

Epilepsi hem erkeklerde hem de kadinlarda artmis cinsel fonksi- 
yon bozuklugu ile birliktedir [1]. Epileptik hastalarda gorilen 
cinsel fonksiyon bozuklugunun etiyolojisinde birgok faktor rol 
oynamaktadir. Epilepsinin kendisi cinsel fonksiyon bozukluguna 
neden olabildigi gibi bu durum antiepileptik ilag kullanimina 
bagli iyatrojenik de olabilir [1]. 

Biz bu yazida, karbamazepin kullanimina bagli cinsel fonksiyon 
bozuklugu gelisen iki olguyu ve bu olgularin tedavi surecine 
yaklasimi tartistik. 


Olgu Sunumu 1 

34 yasinda erkek hasta cinsel istekte azalma ve erektil dis- 
fonksiyonla poliklinigimize basvurdu. Hastanin IIEF-5 skoru 5 
idi. Hastada erektil disfonksiyon ile beraber yorgunluk, libido 
azalmasi, gabuk sinirlenme ve uyku problemleri mevcuttu. Has- 
tada belirgin depresif ruh hali dikkat cekiciydi. Ozgecmisinde 
epilepsi nedeniyle yaklasik 20 yildir karbamazepin kullanimi 
disinda 6zellik yoktu fakat hasta son birkag aydir konvilzyon 
ataklarinin arttigindan da yakinmakta idi. Total testosteron 
duzeyi 4,77 ng/mL (Referans degerleri:3,5-5 ng/mL) olmasina 
ragmen Seks hormon ba§glayici globulin(SHBG) 89,6 nmol/L 
(Referans degeri:14,5-48,4 nmol/L) idi. Serum albumin dizeyi 
ise 4,6 mg/dL olarak tespit edilmisti. Bu degerler ile hesap- 
lanan serbest testosteron 0,0469 ng/mL (%0,983) iken biyo- 
aktif testosteron ise 1,17 ng/mL(%24.6). Hasta SHBG diizeyini 
artirabilecek diger nedenler agisindan endokrinoloji klinigine 
danisildi. Hastanin yUksek SHBG dizeyinin karbamazepine 
bagli olduguna karar verilerek hasta antiepileptik tedavisinin 
dizenlenmesi icin noroloji klinigine danisildi ve hastanin ila¢ 
tedavisine valproat ile devam edilmesi kararlastirildi. Valproat 
tedavisinin birinci ayinda hasta yeniden degerlendirildi. IIEF-5 
skoru 24 olan hastanin total testosteron 4,8 ng/mL, SHBG 32 
nmol/L albiimin ise 4,1 g/dL, hesaplanan serbest testosteron 
0,105 ng/mL (%2,19) ve biyoaktif testosteron duzeyi de 2,35 
ng/mL (%49,1) geldi. Hasta ED ve diger butiin yakinmalarinin 
iyilestigini belirtmistir. 


Olgu Sunumu 2 

Erektil disfonksiyon ve cinsel isteksizlik sikayeti ile basvuran 41 
yasindaki erkek hastanin IIEF-5 skoru 8 idi. Hastanin ED ile be- 
raber yorgunluk ve libido azalmasi yakinmas! mevcuttu. Epilepsi 
nedeniyle yaklasik 14 yildir karbamazepin tedavisi alan hastanin 
total testosteron diizeyi 3,6 ng/mL, SHBG 81 nmoL/L, albu- 
min 4,01 g/dL, hesaplanan serbest testosteron 0,0387 ng/mL 
(%1,07) ve biyoaktif testosteron duzeyi ise 0,848 ng/mL (%23,6) 
idi. Hasta SHBG ytiksekligine neden olabilecek diger nedenler 
agisindan endokrinoloji bélimu ile konsilte edildi. Hastanin 
yuksek SHBG diizeylerinin karbamazepine bagli olduguna karar 
verilerek hastanin antiepileptik ilag tedavisi noroloji boliimii ile 
konsilte edilerek valproat ile degistirildi. Valproat tedavisinin 
1. ayinda yapilan degerlendirmede hastanin IIEF-5 skorunda 
12 puan artis (total puan 20) tespit edildi. Hastanin total tes- 
tosteron duzeyi 4,3 ng/mL, SHBG 33 nmol/L, albimin 4,1 g/dL, 
hesaplanan serbest testosteron 0,0909 ng/mL (%2,11) ve biyo- 
aktiftestosteron diizeyi ise 2,04 ng/mL (%47,3) olarak gézlendi. 
Hasta ED ve diger yakinmalarinin iyilestigini belirtmistir. 


Tartisma 

Cinsel fonksiyon bozuklugu, cinsel aktivitenin erektil disfonksi- 
yon ve libido kaybi gibi farkli yonlerini ifade etmektedir [1]. 
Epilepsili hastalarda cinsel fonksiyon bozuklugunun etiyolo- 
jisi hala net degildir. Bununla birlikte, etiyolojide temel olarak 
norolojik, endokrinolojik, iyatrojenik, psikiyatrik, bilissel ve 
psikososyal faktorlerin rol oynadigi diistintilmektedir [2]. Epi- 
lepsi, seks hormonlarinin kan diizeyini degistirerek cinsel fonksi- 
yon bozukluguna neden olabilir [1]. Her iki cinsiyette de cinsel 
fonksiyonla iliskili olan biyoaktif testosteron duzeyi epileptik 
hastalarda saglik poplasyona gore daha disiktur [1]. Ayrica, 
karacigZer enzimlerini indiikleyen fenobarbital, fenitoin ve 
karbamazepin gibi antiepileptik ilaglar da seks hormonlarinin 
kan dizeyini etkileyebilir [3]. Bu ilaglar, aromataz araciligi ile 
testosteronun Ostrodiole dénusimiine neden olurlar. Artmis 
kan 6strodiol diizeyi ise karaciZerde seks hormon baflayici 
globillin sentezini artirarak biyoaktif testosteron miktarinda 
azalmaya neden olur [1, 3]. Ostrodioliin artmas: hipotalamus 
ve hipofiz aks! Uzerine etki ederek hipotalamustan GnRH’nin, 
hipofizden de LH ve FSH’in salinimini bloke edebilmektedir. 
Ostradiol, Leydig hiicrelerinden LH reseptorlerini azaltarak an- 
drojen sentezini de azaltmaktadir [4]. Bunlardan anlasilacagi 
lizere karbamazepin indirekt olarak androjen sentezinin her 
basamagina etki edebilmektedir. Biyoaktif testosteron diizey- 
lerindeki azalma fazla ve uzun sireli oldugunda total testos- 
teron diizeyi normal olmasina ragmen testosteron yetmezligi 
yakinmalari olusturabilmektedir [5]. Testosteron yetmezliginin 
yakinmalarindan biride depresif ruh halidir [5]. Bu nedenle 
dustik biyoaktif testosterona sahip hastalar psikojenik ED gibi 
degerlendirilebilmektedir. Sunumunu yaptigimiz iki olguda da 
ED ile beraber testosteron yetmezligine bagli yakinmalar (libido 
kaybi, gabuk sinirlenme, uykusuzluk, depresyon, vb.) mevcuttu. 
Hayvan modellerinde testosteronun konvilzyon gecirmesini 
hem artirabilecegi hem de 6nleyebilecegi gésterilmistir. Bu ko- 
nudaki en ilging ¢alismalardan biride 5 alfa rediktaz inhibitori 
finasterid ile yapilmis olan calismadir. Kellik tedavisi icin tes- 
tosteronu dihidrotestosterona (DHT) déniisimiinin engellen- 
mesi amaci ile finasterid tedavisi alan hastalarda tedavinin ke- 
silmesi ile diizelen, tekrarlayan konvilzyon ataklari goriilmustir 
[6]. Endojen testosteron diizeylerinin aromataz inhibitorleri ile 
dizeltilmesi ile epilepsili baz erkeklerde konvilzyonlari tedavi 
edilebildigi gosterilmistir [8]. Sunumunu yaptigimiz olgularin ik- 
incisinde konvilzyon sikliginda artis yok iken, ilk olgu daha fazla 
konvilzyon gecirdigini ifade etmektedir. 

Valproat ise enzim induklemeyen antiepileptik bir ilagtir ve 
erkeklerde kullaniminin hormonal sistem Uzerine minor etkisi 
oldugu dustinilmektedir [7]. Epilepsisi olan erkeklerde, valproat 
kullanim! serum androjen konsantrasyonlarini etkileyebilir ve 
serum FSH seviyesini azaltabilir. Bu durumun, klinik 6nemi bil- 
inmemekle birlikte valproat kullanan erkeklerde gortlen azalmis 
fertiliteyi agiklayabilecegi bildirilmektedir [8]. Bu nedenle, bizim 
olgularimizda oldugu gibi, biyoaktif testosteron dustiklugiinin 
eslik ettigi cinsel fonksiyon bozukluguna sahip enzim indikley- 
en antiepileptik ilag kullanan hastalarda ila¢ tedavisinin enzim 
indiklemeyen bir ajanla degistirilmesi makul bir segenek gibi 
goriinmektedir. Bu hasta grubunda testosteron replasman te- 
davisi de bir tedavi alternatifi olarak karsimiza cikmaktadir 
[8]. Fakat epileptik hastalarda testosteron kullanimi epilepsi 
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ataklarini artirabilmektedir [8]. Bununla birlikte, testosteron re- 
plasman tedavisinin ek maliyeti ve yan etkileri nedeniyle antiep- 
ileptik ilag degisimi yapilmayan ya da ilag degisiminden fayda 
gormeyen hastalarda uygulanmasi gerektigini diisinmekteyiz. 
Bu iki olgu aracilig1 ile cinsel fonksiyon bozukluguyla gelen erkek 
hastanin degerlendirilmesinde hastalik ve ilag kullaniminin 
sorgulanmasinin Onemini bir kere daha vurgulamak_isti- 
yoruz. ilaca bagli gelisen cinsel fonksiyon bozuklugu, eger 
yapilabiliyorsa, uygun ilag degisimi ile basarili bir sekilde te- 
davi edilmektedir. Ayrica, bu basit miidahale ile hasta gerek- 
siz ek ilag tedavisinin getirecegi yan etki ve maliyetten de uzak 
tutulmus olur. 


Cikar Cakismasi ve Finansman Beyani 
Bu calismada ¢ikar cakismasi ve finansman destek alindigi bey- 
an edilmemistir. 
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Gzet 

Siringokistadenoma papilliferum benign bir deri ttimértidiir. Tipik lezyon genellikle 
skalpta ve ylizde yumusak doku kitlesi veya papi olarak gérilltir. Nadir olarak ab- 
dominal duvar, vulva, skrotum, g6z, dis kulak yolu, meme ucu, koltuk alti ve sirtta 
goriilebilmektedir. Bu hastaligin kaynagi halen net olarak bilinmemektedir. Bura- 
da sundugumuz olguda hasta (30 yasinda bayan hasta) siringokistadenoma papil- 
liferum icin sik rastlanmayan bir lokalizasyon olan vulvanin sag tarafinda yerles- 
mis yaklasik 3 cm capli yumusak doku kitlesi sebebi ile polikliniZimize basvurmus- 
tur. Yumusak doku kitlesinin eksize edilmesi ile cikarilan materyal patolojik incele- 
meye gonderilmistir. Patolojik inceleme neticesinde kitlenin siringokistadenoma 
papilliferum oldugu saptanmistir. Hasta onami alinamadigi icin makroskopik re- 
sim paylasilamamistir. Takipte 6 ay sonra ntks izlenmis ve eksizyon tekrar edil- 
mis olup, patolojik sonuc siringokistadenoma papilliferum olarak bildirilmistir. Bu 
lokalizasyonda nadiren goriilen siringokistadenoma papilliferum olgusunu sunma- 
yl! amacladik. Siringokistadenoma benign bir deri tiimoriidiir ve hastalar genellikle 
baska bir semptoma yol agmayan yumusak doku kitlesi varlig1 yakinmasi ile bas- 
vurmaktadir. Tedavide kitlenin total eksizyonu yeterli olmakta olup, malign olgu- 
lardan ayriminin yapilmasi 6nemlidir. 
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Abstract 

Syringocystadenoma papilliferum (SCAP) is a benign skin tumor. It usually pres- 
ents as a soft tissue mass or a papule on the scalp and face. Other uncommon 
reported locations of SCAP are abdominal wall, vulva, scrotum, eyelid, outer ear 
canal, nipple, axilla and back. The histogenesis of SCAP is still enigmatical. A 
30-year-old woman was admitted to the emergency room of the Department 
of Obstetrics and Gynecology with a soft tissue mass on the right side of vulva, 
which was approximately 3 cm in diameter. The mass was removed by excision 
and histopathological diagnosis of the specimen was syringocystadenoma papil- 
liferum. Consent of the patient can not be taken for macroscopic picture. A recur- 
rence was observed after 6 months following excision of the mass; re-excision of 
the mass was performed and histopathological evaluation identified the same 
diagnosis. Here we present a case of syringocystadenoma papilliferum located in 
a relatively unusual site, in which total excision and re-excision of the mass is suf- 
ficient for cure. It is essential to make an appropriate differential diagnosis to ex- 
clude malign cases in patients who present with an asymptomatic solitary lesion. 
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Introduction 

Syringocystadenoma papilliferum (SCAP) is characterized by 
papules or plaques, most commonly located on the scalp and 
face during childhood. Other uncommon reported locations of 
SCAP are abdominal wall, vulva, scrotum, eyelid, outer ear ca- 
nal, nipple, axilla and back. The histogenesis of SCAP is still un- 
known. SCAP occurs either de novo or within a nevus sebaceous. 
It usually presents as an asymptomatic soft tissue mass. We 
present an uncommon case of SCAP in a 30-year-old woman, 
appearing on the right vulva, recurring in the same location af- 
ter 6 months following excision of the mass in the same loca- 
tion. 


Case Report 

A 30-year-old woman presented to the outpatient ward of the 
Department of Obstetrics and Gynecology with an asymptom- 
atic vulvar mass, which occurred two months before. On vagi- 
nal ultrasound examination a mass (2x3 cm) on right vulva was 
diagnosed. Total excision of the mass was performed and the 
histopathological evaluation of the specimen revealed hyper- 
keratosis, acanthosis and papillomatosis. The papillae were 
extended to both layers of epithelium. The deeper layer was 
consisted of cuboidal cells, whereas the superficial layer was 
consisted of columnar cells, some of which showing decapita- 
tion secretion. The fibrous tissue essence was invaded by plas- 
ma cells (Figure 1). The histopathological findings identified the 
diagnosis of SCAP. In the follow-up period, a recurrence was 
observed after 6 months in same location. Re-excision of the 
mass was performed and histopathological evaluation identi- 
fied the same diagnosis. 


Figure 1. The fibrous stromal core demonstrated plasma cell infiltration.(HaE, X40) 


Discussion 

SCAP was first defined by Stokes in 1917 [1]. It commonly pres- 
ents as a papule or a plaque on the scalp and most of the cases 
are reported in the head and face [1,2]. Other uncommon re- 
ported locations of SCAP are abdominal wall, vulva, scrotum, 
eyelid, outer ear canal, nipple, axilla and back. In the relatively 
rare cases of SCAP diagnosed in histopathological evaluation, 
SCAP originates from the pluripotent cells [3,4,5]. It may spring 
up within a nevus sebaceous. SCAP present in different clinical 
forms: as a solitary nodule or a plaque, or in a linear pattern. 


Linear pattern is very rare [6,7]. SCAP was reported in other 
locations but it was rarely reported in the vulva [5, 8]. It com- 
monly presents as an asymptomatic solitary nodule. 

It was reported that 10% of SCAP cases grew into basal cell 
carcinoma [9]. This relation is similar to allelic deletions of hu- 
man homologue of the Drosophila patched gene (PTCH) and 
P16 tumor suppressor gene has been showed in some cases 
of SCAP [9,10,11]. It is related with malignant tumors such as 
basal cell carcinoma, ductal carcinoma, verrucous carcinoma, 
sebaceous carcinoma [2,6,12]. SCAP has also been reported in 
other locations but it has seldom been reported in the vulva 
[5, 6] and it commonly presents as an asymptomatic solitary 
nodule; it should be kept in mind that it is essential to make 
an appropriate differential diagnosis to exclude malign cases 
in patients who present with an asymptomatic solitary lesion. 
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Gzet 

Sefalosporinler beta laktam grubu antibiyotik olup giintimiizde enfeksiyonlarin te- 
davisinde siklikla kullaniimaktadir. Ayrica kullanilmayla iliskili olarak sefalosporin- 
lerle ilgili alerjik reaksiyonlarda artis vardir. 31 yasindaki kadin hasta acil servi- 
se yaygin kizariklik, nefes darligi, bulanti ve biling degisikligi ile basvurdu. Hasta- 
nin semptomlar! 500 mg sefuroksim aksetili oral aldiktan yarim saat sonra bas- 
ladi. ilaca bagli anafilaktik sok diisiiniildti. Literattirde sefuroksim aksetil ile iliskili 
5 tane benzer vaka mevcuttur. Bu vaka sunumunda Ust solunum yolu enfeksiyonu 
amaciyla regetelenen sefuroksim aksetil iceren ilacin alimindan sonra gerceklesen 


anafilaktik sok vakasi literatiir tartismasi ile ele alinmistir. 
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Abstract 

Cephalosporins, a class of beta lactam antibiotics, are frequently employed to- 
day in the treatment of infection. There is also an associated increase in the 
frequency of cephalosporin-related allergic reactions. A 31-year-old woman pre- 
sented to the emergency department with widespread rubor, nausea, shortness of 
breath and altered consciousness. The patient’s symptoms had commenced half 
an hour after the oral ingestion of a drug containing 500 mg cefuroxime axetil. 
Drug-related anaphylactic shock was suspected. Literature contains five similar 
cases associated with cefuroxime axetil. This case report describes a case of 
anaphylactic shock developing after the ingestion of a drug containing cefuroxime 
axetil prescribed for upper respiratory tract infection, with a discussion of the 
relevant literature. 
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Introduction 

Beta lactam antibiotics, especially penicillin and cephalosporins, 
are frequently prescribed drugs. Many drug-related early hyper- 
sensitivity reactions are associated with these [1]. Cephalospo- 
rins have been shown to be responsible for some 15%-20% of 
severe allergic reactions [2]. Therapeutic use of cephalosporins 
is increasing, and a parallel increase in allergic reactions relat- 
ed to these drugs is also to be expected [3]. Cross reaction has 
been reported to play a role in allergy development. Cross reac- 
tion levels very from 0% to 68% among different cephalosporin 
generations. Less cross reaction is observed in 3rd generation 
cephalosporins compared to 1st and 2nd generations [4]. This 
case report discusses a picture of anaphylactic shock after use 
of cefuroxime axetil, a 2nd generation cephalosporin. 


Case Report 

A 31-year-old woman presented to the emergency department 
with widespread rubor, nausea, shortness of breath and altered 
consciousness. Her history revealed no chronic disease and no 
history of medical allergy. On arrival her general condition was 
poor. She was lucid with a Glasgow Coma Score (GCS) of 14. 
Blood pressure could not be measured. Heart rate was 120/min, 
temperature 360 C and respiratory rate 20/min. No pathology 
was observed at ECG. The patient’s history revealed that half 
an hour previously she had taken a drug containing 500 mg ce- 
furoxime axetil prescribed for flu-like symptoms at an another 
center. Widespread allergic eruption and erythema in the entire 
body were observed at physical examination. Other system ex- 
aminations were normal. Drug-related anaphylactic shock was 
suspected. Aggressive fluid therapy was initiated, and the pa- 
tient was given 0.5 mg adrenalin IM and 80mg (1mg/kg) cor- 
ticosteroid IV. Positive inotropic support was initiated when 
blood pressure did not improve after 20 min. General condition 
improved, regulation of blood pressure was established and the 
rubor resolved. The patient was kept under observation for 24 
h and in the absence of any additional problem was discharged 
in a healthy condition. 


Discussion 

Anaphylactic shock is the most serious form of anaphylaxis. As 
with other shock situations, it results incardiovascular deficien- 
cy and insufficient blood circulation due to imbalance between 
tissue oxygen requirements and oxygen supply. Foodstuffs, in- 
sect bites and drugs are the most common causes of anaphy- 
lactic shock [5]. Allergic reactions may take the form of simple 
urticarial rash or severe anaphylaxis and anaphylactic shock. 
Drug-related allergic reactions are frequently seen. Allergy to 
penicillin is the most studied drug allergy and is regarded as a 
model in these [4]. 

Cross reaction between penicillin and cephalosporin families 
due to the similarity in their structures has created concern 
since these drugs began being used. Both have a ring structure 
containing a beta lactam ring and sulfur, responsible for their 
antibiotic effect. Cephalosporins have a 6-member dihydrothi- 
azine ring, while the penicillin group has a 5-member thiazoli- 
dine ring. In vitro studies have confirmed an antigenic similarity 
between penicillin and some cephalosporins [6]. In those with 
penicillin allergy, the probability of a cross reaction between 


early cephalosporins (1st and 2nd generation) with a side chain 
similar to that of penicillins is higher compared to later genera- 
tions (3rd and 4th) with no similar chain [4]. 

Several anaphylactoid reactions developing in association with 
cephalosporins have been described in the literature, and there 
are a few case reports concerning anaphylaxis associated with 
cefuroxime, one of the cephalosporins. In one case report, Ilhan 
et al. discussed type 2 Kounis syndrome and anaphylactic shock 
developing after the use of oral cefuroxime. They reported that 
Kounis syndrome developed after oral cefuroxime use, the first 
such report apart from Kounis syndromes developing after IV 
and IM cefuroxime previously discussed in the literature [7]. 
Hasdenteufel et al. described a picture of anaphylactic shock 
developing after oral cefuroxime use, and reported that sensi- 
tivity to the methoxyimino group present in some beta lactam 
antibiotics had been determined after skin tests performed dur- 
ing follow-up, and that allergic reactions may develop following 
cross reaction between beta lactam antibiotics [8]. 


Conclusion 

This care report describes a picture of anaphylactic shock de- 
veloping after oral cefuroxime use with no underlying allergic 
history or additional disease. Similar cephalosporin group anti- 
biotic-related reactions have been reported, and this is the sixth 
case associated with cefuroxime axetil in the literature. 
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Ozet 

Aripiprazol tictincii kusak bir antipsikotik olup, parsiyel dopamin agonisti olarak et- 
kinlik gésterir. Yaygin gelisimsel bozukluk, sizofreni ve bipolar bozuklugu olan ¢o- 
cuk ve ergenlerde aripiprazol kullanimi giderek artmaktadir. Bu yazida iki farkli se- 
cici serotonin gerialim inhibitor tedavisine yanit alinamayan ve tedaviye aripip- 
razol eklendikten sonra belirtileri belirgin olarak azalan tig pediatrik obsesif kom- 
pulsif bozukluk (OKB) olgusu sunulmustur. Aripiprazol pediatrik OKB giiclendirme 
tedavisinde etkili ve giivenilir bir ajan olarak goztikmektedir. Ancak ¢ocuk ve er- 
genlerde OKB tedavisinde aripiprazol tedavisinin etkinligini ve giivenilirligini orta- 


ya koyacak daha ileri calismalara ihtiya¢ vardir. 
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Abstract 

Aripiprazole is a third generation antipsychotic that has a partial dopamine 
agonistic activity. There is an increasing usage of aripiprazole in children and 
adolescents with schizophrenia, pervasive developmental disorders, and bipolar 
disorders. In these presentation, we aimed to present three pediatric obsessive- 
compulsive disorder (OCD) cases who were resistant to two different selective 
serotonin reuptake inhibitor treatments and prescribed aripiprazole for augmen- 
tation therapy. The results of these three cases suggest that aripiprazole is an 
effective and safe alternative as augmentation for childhood OCD treatment. 
However, to investigate the efficacy and safety of aripiprazole in childhood OCD, 


randomized controlled treatment studies are needed. 
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Giris 

Obsesif kompulsif bozuklukta (OKB) etkinligi kanitlanmis ilk ba- 
samak tedavi Secici Serotonin Gerialim inhibitérleri (SSRI) ve 
bilissel davranis¢i terapilerdir [1]. Ancak cogu cocuk hastada 
her iki tedavi yonteminde de semptomlar tam olarak ortadan 
kalkmaz. SSRI tedavisinden yeterince fayda gérmeyen hasta- 
larda oncelikle SSRI dozu yikseltilebilir sonra baska bir SSRI 
tedavisine gecilebilir. Tedavi etkinligi yine yetersiz kalirsa baska 
bir psikofarmakolojik ajanla giiclendirme yapilabilir [2]. iki farkll 
SSRI kullanimindan fayda gormeyen hastalarda gticlendirme 
tedavisine gecilmesi 6nerilmektedir. OKB giiclendirme teda- 
visinde 6zellikle atipik antipsikotiklerden risperidon, olanzapin 
ve ketiapin kullanilabilmektedir. Farmakolojik giiclendirme 
stratejileri arasinda, adjuvan antipsikotik ilaglar yetiskinlerde 
en fazla kullanilan ajanlardir [1-2]. Giincel bilgilerimiz dahilinde, 
cocuk ve ergenlerde direncli OKB tedavisinde gii¢glendirme te- 
davileri konusunda yapilmis kontroll: galisma bulunmamaktir. 
Bununla birlikte gocuk OKB hastalarinda da SSRI tedavisinde 
yetersiz yanit oldugunda, klinik uygulamada atipik antipsiko- 
tikler giiclendirme amacli olarak sik bir sekilde kullanilmaktadir. 
Aripiprazol parsiyel dopamin ve serotonin 1A reseptor agonisti 
aktivitesi ile etkisini g6steren ve diger atipik antipsikotikler ile 
karsilastirildiginda nispeten daha diistk bir yan etki profiline 
sahip bir atipik antipsikotik ilagtir [3]. Ginumizde tedaviye 
direncli pediatrik OKB hastalarinda aripiprazol kullanim ile ilgili 
yapilmis sinirli sayida ¢alisma vardir [4-5]. 

Bu bilgiler isiginda ¢ocuklarda da aripiprazoliin direngli OKB 
olgularinda faydali olabilecegi beklenmektedir. Bu yazida SSRI 
tedavisinden fayda gérmeyen pediatrik OKB olgularinda ar- 
ipiprazol giiglendirme tedavisi eklenen Ug olgunun sunulmasi 
amaclanmistir. 


Olgu Sunumu 1 

17 yasinda erkek hasta poliklinigimize “dokunma takintilari” 
nedeniyle basvurmustur. Sikayetlerinin yaklasik bir 
once, “konustugu kisinin kollarina dokunmak isteme’”, seklinde 
basladigi ogrenilmistir. Dokunma takintilarinin baslamasindan 
birkag ay sonra, “mikrop bulasabilecegi diisiinceleri” nedeniyle 
ellerini cok sik yikama sikayetleri baslamistir. ilk basvurusundan 
birkag ay 6nce de sayma kompulsiyonlar! eklenmistir. 

ilk degerlendirmede olguya OKB tanisi konularak fluokse- 
tin 20 mg/giin baslanmis ve tedavi kademeli olarak 60 mg/ 
gine cikilmistir. Semptomlarinda yeterli bir degisiklik olma- 
yan hastanin fluoksetin tedavisi kesilmis, 50 mg/giin sertralin 
baslanmistir. Sertralin dozu semptomlarda istenen diizeyde 
diizelme olmayinca kademeli olarak 200 mg/giin’e cikilmistir. 
Hastanin sayma ve dokunma obsesyon ve kompulsiyonlarinda 
belirgin duizelme olmamis, 6te yandan temizlik davranislarinda 
artis olmustur (€-YBOCS skoru: 30). Aripiprazol baslanarak ka- 
demeli olarak 20 mg/gin’ e cikilmistir. Aripiprazol tedavisinin 
birinci ayinda belirtileri belirgin olarak diizelmis, dokunma 
ve sayma kompulsiyonlar! ortadan kalkmis, yikanma olduk¢a 
azalmistir. ilk basvurusunda ¢-YBOCS skoru 33 olan hastanin 
aripiprazol tedavisi sonrasinda 14 olarak bulunmustur. Hastanin 
tedavisinin 4. ayinda sertralin 200 mg/giin ve aripiprazol 20 
mg/giin ile herhangi bir belirtisinin kalmadigi ve islevselliginin 
tam olarak geri déndugii gozlenmistir. Aripiprazol tedavisinin 
ilk iki haftasinda hastanin “basagrisi, halsizlik ve uykusuzluk” 


sene 


yakinmas! olmus tedavinin 4. haftasinda bu yan etkiler ortadan 
kalkmistir. 


Olgu Sunumu 2 

9 yasinda kiz hasta polikliniZimize yaklasik bir yildir devam 
eden “kirlendigi distincesiyle sik sik i¢ gamasirini degistirme’, 
“sik sik ve uzun sire el yikama” yakinmalartyla basvurmustur. 
Yapilan gorlismede hastanin “siirekli camasirina kaka bulasmis 
olabilecegi” distincesinin aklina geldigi, bunun igin sik sik 
skoru: 30) fluoksetin 20 mg/giin baslanmis, kademeli olarak 
fluoksetin dozu 60 mg/giir’e cikilmistir. Dordiincii ayin sonun- 
da sikayetlerinde diizelme olmayan hastanin fluoksetin teda- 
visi kesilip, sertralin 50 mg/giin baslanmistir. Sikayetlerinde 
degisiklik olmayan hastanin sertralin dozu kademeli olarak 150 
mg/giin’e cikilmis ve tedaviye aripiprazol 15 mg/giin eklenmistir 
(C-YBOCS skoru: 28). Aripiprazol tedavisi sonrasinda hastada 
“bas dénmesi ve uykuya dalmakta giiclik” yan etkileri ortaya 
cikmis ve bu yan etkiler birinci ayin sonunda ortada kalkmistir. 
Aripiprazol eklenmesinden bir ay sonra belirtilerinde belirgin bir 
azalma olan hasta (¢-YBOCS skoru: 5) 6 aydir sertralin 150 mg/ 
gin ve aripiprazol 15 mg/giin ile takip edilmektedir. 


Olgu Sunumu 3 

16 yasinda kiz hasta poliklinigimize “Kilotuma idrar bulasmis 
midir?”, “Tuvaletimi yaparken pantolonuma idrar/kaka si¢rar 
mi?” seklinde bulasma i¢erikli obsesyonlar ve “tuvalete girerken 
tamamen soyunarak girme’”, “tuvaletten sonra banyoda viicudu- 
nun alt kismini yikama” kompulsiyonlar nedeniyle basvurdu. An- 
nesi, “bulasma korkusu nedeniyle okulda tuvalete gidemedigini”, 
“bu nedenle bazi giinler okuldan erken cikarak eve geldigini” 
belirtmistir. Hastaya OKB tanis! konularak (€-YBOCS skoru: 
35) sertralin 50 mg/giin baslanmistir. Doz kademeli olarak 200 
mg/giire cikilmistir. Bu dozda hastanin OKB semptomlarinda 
diizelme olmadigi distintilerek (¢-YBOCS skoru: 30) sertralin 
yerine paroksetin 20 mg/giin baslanmistir. izlemde paroksetin 
dozu 40 mg/giine cikilmis sikayetlerinde degisiklik olmayinca 
(C-YBOCS skoru: 26) olanzapin 5 mg/giin eklenmistir. Hasta 
olanzapin tedavisinin “uyku hali yaptigini” sdyleyerek kullan- 
mak istememistir. Olanzapin yerine hastaya aripiprazol 15 mg/ 
gun baslanmistir (C-YBOCS skoru: 26). Aripiprazol eklendikten 
bir ay sonraki goriismede hastanin belirtilerinde belirgin di- 
zelme oldugu anlasilmistir (C-YBOCS skoru: 6). Hasta yedi aydir 
paroksetin 40 mg/giin ve aripiprazol 15 mg/giin ile takip ed- 
ilmektedir. 


Tartisma 

SSRI tedavisi OKB tedavisinde etkinligi kanitlanmis_ birinci 
basamak tedavi yontemidir Tedavide SSRI’lara yeterli yanit 
alinmazsa giiclendirme tedavilerine gecilebilir. SSRI tedavisin- 
den sonug alinamayan hastalarda klomipramin kullanilabilir veya 
antipsikotikler, lityum, klonazepam, buspiron, monoamin oksid- 
az inhibitérleri, duygudurum duzenleyicileri ile giiglendirme te- 
davisi uygulanabilir [1,2,6]. Bununla birlikte, cocuk ve ergenlerde 
guiclendirme tedavilerinin etkinligi konusunda bilinenler kisitlidir 
[2]. SSRI’lara yanit alinamayan olgularda eriskinlerdeki gibi te- 
daviye antipsikotik eklenmesi cocuklarda da sik basvurulan bir 
yontemdir [2,6]. 
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Aripiprazol, hiperdopaminerjik kosullarda D2 dopamin reseptor 
antagonisti olarak etki eden, hipodopaminerjik kosullarda ago- 
nist ozellikler gosteren parsiyel dopamin agonisti olan Ugiincil 
kusak antipsikotiktir. Bununla birlikte, 5-HT1A reseptorleri 
uzerinde parsiyel agonist ve 5HT2A reseptorleri Uzerinde an- 
tagonist olarak etki eder [3]. SSRI tedavisine yanit vermeyen 
eriskin OKB hastalarinda aripiprazol gii¢lendirme tedavisinin 
faydali oldugunu bildiren calismalar vardir [7,8]. Aripiprazoliin 
cocuk ve ergenlerde OKB tedavisindeki etkinligi kisitli sayida 
olgu sunumlarinda bildirilmistir [4,5]. 

OKB patogenezinde serotonerjik yolaklar kadar dopaminerjik 
yolaklarin da rol oynadigi ve bu dengenin bozulmasi ile hastaligin 
meydana geldigi ileri stirtilmektedir [6,8]. OKB nérobiyolojisinde 
dopamin ve serotonin sistemlerinde bozukluk oldugu g6z oniinde 
bulunduruldugunda D2 ve 5HT1A reseptorleri Uzerinde parsiyel 
agonistik ve 5HT2A reseptorii izerinde antagonistik etkisi bulu- 
nan aripiprazoliin OKB tedavisindeki etkinligi agiklanabilir. 
Bilgimiz dahilinde ilk olarak 2005 yilinda, Connor ve ark. 8 
yetiskin OKB hastasindan olusan bir vaka serisinde aripip- 
razoltin obsesif-kompulsif belirtiler Gzerinde etkili oldugunu 
bildirmislerdir [7]. Aripiprazolin eriskin hastalarda tedaviye 
direngli OKB olgularinda faydali oldugunu bildiren birkag vaka 
bildirimi bulunmaktadir [8,9,10]. SSRI tedavisine yanit ver- 
meyen 12 eriskin hastanin dahil edildigi (8 hasta ¢alismay! 
tamamlamis) yapilan agik uglu bir ¢alismada aripiprazoliin etkili 
oldugu bildirilmistir [11]. 

Sonug olarak, bu olgu serisinde, iki farkli SSRI tedavisine yanit 
alinamayan pediatrik OKB olgularinda aripiprazoliin tedaviye 
eklenmesinin, obsesif-kompulsif belirtiler Uzerinde oldukc¢a 
olumlu bir etki gosterdigi gériilmustiir. Bu nedenle aripiprazol 
tedaviye direncli cocuk ve ergen OKB hastalarinda giiclendirme 
tedavisinde etkili bir ilag olarak distinilebilir. Ancak gocuk ve 
ergenlerde OKB tedavisinde aripiprazol tedavisinin etkinligini 
ve givenilirligini ortaya koyacak daha ileri galismalara ihtiya¢ 
vardir. 


Cikar Cakismasi ve Finansman Beyani 
Bu calismada ¢ikar gakismasi ve finansman destek alindigi bey- 
an edilmemistir. 
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Ozet Abstract 


Yenidoganin ekstremite gangreni dogumda son derece nadir bir durumdur. Biz Gangrene of the extremities in the newborn is extremely rare condition at birth. 


okuyucular ile ikizden ikize transflizyonun beklenmedik bir komplikasyonunu, int- We would like to share with the readers an unexpected complication of twin to 
rauterin polisitemi ve hiperviskosite sonucu olusabilecek alt ekstremitelerin gang- twin transfusion, gangrene of the lower extremities which may occur as a result 
renini, paylasmak istedik. of inutero polycytemia and hyperviscosity. 
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Introduction 

Gangrene of the extremities in the newborn is extremely rare 
condition at birth. Less than 100 cases have been reported 
world-wide. Its etiology and pathogenesis are not clear in 
many cases. The pathogenesis of intrauterine gangrene can 
be divided into intrauterine compression or thrombo-embolic 
phenomena.[1] The compression is generally caused by uterine 
anomalies, fetal malpresentation with limb prolapse, oligohy- 
dramnios, amniotic bands, or umbilical cord entanglement.[1] 
Intrauterine fetal ischemia caused by thrombosis or emboli has 
been linked to maternal diabetes, preterm delivery, dehydration, 
polycythaemia, and twin-to-twin transfusion syndrome[2] Only 
13 of the reported cases of neonatal gangrene have described 
established areas of necrosis of an extremity noted upon deliv- 
ery, so-called intrauterine or congenital ischemic necrosis.[3-4] 
Of these, only 4 cases involve the lower extremity.[2,4] We re- 
port a newborn patient with congenital bilateral in utero lower 
limb gangrene due to twin- twin transfusion. 


Case Report 

A 42-year-old healthy woman (gravida 9, para 9) was seen at 
doctors office with complaint of vaginal bleeding at the 27th 
week of pregnancy. Emergency c-section was performed due 
to low biophysic score. Twin A was a baby male with a birth 
weight of 1320 g. The Apgar scores were 7 at 1st minute and 
7 at 5th minutes. Twin B was born with 615 gm did not respond 
the resuscitation efforts and died because of severe respira- 
tory failure. The twin A was intubated at birth and treated for 
respiratory distress syndrome. At birth, bilateral lower extrem- 
ity demonstrated marked atrophy and dense blackened necrosis 
from the superior pole of the patella to the tips of all 5 toes (Fig 
A). There was no evidence of a congenital amniotic band or evi- 
dence suggesting that the extremity had been encircled by the 
umbilical cord. Higher laboratory results policytemia and hyper 
viscosity syndrome indicated (Hb: 25, Hct: 76%, WBC: 13.200, 
PLT: 342.000) an immediate partial exchange transfusion has 
been performed. 

The patient was referred our center for the amputation after 


Fig; Clinical photograph of the lower extremity of the patient at birth (A) and 
discharged (B). 


the exchange where we evaluated unremarkable hypercoagu- 
lable state evidenced by normal bilateral lower extremity radi- 
ography. The infant was hemodynamically stabilized and pro- 
phylactically treated with broad spectrum antibiotics. Bilateral 
knee disarticulation was performed 12 hours after birth due 
evolving sepsis and a clearly demarcated limb, with no compli- 
cations. The distal femoral segment was retained, although the 
cartilage at the distal femoral condyles appeared grayish with 
questionable viability. 

He was hospitalized for 72 days and discharged from the hos- 


pital with 2390 gram. The patient was seen after 90 days with 
normal physical examination and amputated region was with 
no complication (Fig B). 


Discussion 

Twin-twin transfusion syndrome presents at 18 to 26 weeks’ 
gestation with marked hydramnios in one sac and a stuck twin 
with severe oligohydramnios in the other. The natural history is 
for premature labor to occur, often in association with rupture 
of the membranes, with almost certain neonatal death from 
prematurity combined with congestive heart failure or extreme 
intrauterine growth retardation. 

The biochemical balance of the hemostatic system of the neo- 
nate is profoundly different from that of an adult. The composi- 
tion of the hemostatic system of an infant does not resemble 
that of an adult until approximately 6 months of age[5] The 
functional immaturity of the neonate’s hemostatic system fa- 
vors a procoagulant state. Concentrations of antithrombin Ill, 
heparin cofactor, protein C, protein S, and plasminogen are re- 
duced by more than 50% of reference adult values. [6-7] 
Twin-twin transfusion syndrome results in a relative hypervol- 
emia in the recipient twin, triggering a diuresis response that 
leads to a polyhydramniotic sac, increased intrauterine pres- 
sure, and decreased fetal motion.[4] Polycythemia and the re- 
sultant hyperviscosity in the recipient twin are known predis- 
posing risk factors for the development of arterial thrombosis. 
[2,4] 

The diagnosis of twin-twin transfusion was confirmed by se- 
vere polycytemia and hypervolemia in laboratory work up, 
heavy growth retardation determined by weighing and immedi- 
ate resuscitation need soon after delivery. 

A literature review of reported cases suggests that a significant 
number of the neonates with intrauterine gangrene were born 
prematurely. It is impossible to determine whether their prema- 
ture births were a result of the toxic effects of the gangrenous 
process involving the extremity in utero or whether other fac- 
tors were involved. We would like to share with the readers an 
unexpected complication of twin to twin transfusion, gangrene 
of the lower extremities which may occur as a result of inutero 
polycytemia and hyperviscosity. 
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Ozet 

Kardiak tiimGrlerin yaklasik %75’i benign olup yaklasik %50’sini miksomalar olus- 
turmaktadir. Miksomalar kadinlarda daha siktir ve genellikle hayatin tictincti ve al- 
tinc: dekatlari arasinda gozlenirler. En sik gértilen semptomu obstruksiyona bag- 
lt solunum zorlugudur. Kardiyak miksomalarin cerrahisinde ana prensip kardiyo- 
pulmoner bypass esliginde tiimériin minimal manipilasyonla ve parcgalanma ol- 
madan tam eksizyonudur. Bu olgu sunumu, son yedi yil icerisinde farkli zamanlar- 
da genel anestezi esliginde iki kez cerrahi gecirmis ve kardiak miksoma tanisi ko- 
nulamamis, yetmis bir yasinda, asemptomatik kardiak miksomali yasli bir hasta- 


yl! bildirmektedir. 
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Abstract 

Approximately 75% of cardiac tumors are benign and approximately 50% are con- 
stituted of myxomas. Myxomas are more common among women, and generally 
appear between the third and sixth decade of life. The most common symptom 
of myxomas is respiratory distress associated with obstruction. The main goal 
in the surgery of cardiac myxomas is the full excision of the tumor with minimal 
manipulation and disruption/fragmentation together with the aid of a cardio- 
pulmonary bypass. This case report is reported a seventy years old patient with 
asymptomatic cardiac myxoma whom undergoing surgery with general anesthe- 


sia twice at different times and undiagnosed cardiac myxoma in past seven years. 
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Introduction 

The incidence of primary cardiac tumors, which are uncommon 
in all age groups, is 1.7-10 in 100,000 within the population. 
Approximately 75% of these tumors are benign, and approxi- 
mately 50% are constituted of myxomas.[1] Myxomas are more 
common among women, and generally appear between the 
third and sixth decade of life.[2] Myxomas are pathologies that 
may have fatal outcomes due to their associated complications, 
and most patients with this condition experience embolization, 
cardiac symptoms associated with obstruction, and structural 
symptoms.[1,3] The most common symptom is respiratory dis- 
tress associated with obstruction. The clinical features of myx- 
omas varies according to tumor localization, size and motility, 
and tumors are generally observed on the left side of the heart 
(75% in the left atrium).[3,4] Transthoracic and transesopha- 
geal echocardiography tests are the most accurate, reliable and 
commonly used diagnostic tools, and provide important infor- 
mation regarding the imaging and characteristics of the tumor. 
The first surgical excision of a myxoma was reported by Bahn- 
son in 1952. The main goal in the surgery of cardiac myxomas 
is the full excision of the tumor with minimal manipulation and 
disruption/fragmentation together with the aid of a cardiopul- 
monary bypass. 


Case Report 

71-year-old female patient admitted to the hospital with com- 
plaints one times fainting temporarily and dizziness at the last 
two weeks of sometimes . Connective tissue disease, cerebro- 
vascular disease, malignancy, rheumatic fever, radiation expo- 
sure, renal failure, metabolic disorders, peripheral embolism and 
chest trauma haven't be at resume questioning of patient and 
there isn’t palpitation, chest pain, weight loss and respiratory 
distress story. In the last seven years,patient has a history of two 
operations because of the bile duct stone and ileus that made 
under general anesthesia and examinations and preparation 
tests conducted before these operations had not received the 
diagnosis of cardiac myxoma. At physical examination, blood 
pressure was 110/70 mmHg, pulse was 78/sec, fever was 36.6 
degree and respiratory rate 20/min respectively. On inspection 
there were no examination findings other than hemorrhagic 
rash outside of the chest wall and abdominal operation scars. 
Evident on palpation of peripheral pulses. There was no sound 
except for the pathological murmur apical 1-2/6 presistolik at 
auscultation. Chest X-ray showed an increase in vascularity in 
the lungs. Electrocardiography were in sinus rhythm. There was 
not the result of abnormal hematology and biochemical tests 
(WBC: 5300, CRP: 0.6 mg / dl and Sedimentation: 22/ hour). 
Echocardiography were used in preoperative diagnosis. in the 
left atrium a mass was found with transesophageal echocar- 
diography after transthoracic echocardiography which depend- 
ing on the size 31x22mm,connected interatrial septum with a 
handle about 1 cm length and showing calcifications (Figure 
1). Ejection fraction of patient was 67% with echocardiogra- 
phy. Due to the advanced aged patient coronary angiography 
was built and there was no significant coronary artery disease. 
The patient was operated under general anesthesia with a mid- 
line sternotomy, cardiopulmonary baypass has been entered 
following assending aorta and bicaval cannulation. Moderate 


Figure 1. Transesophageal echocardiography view of the left atrial myxoma. 


hypothermia and cardiac arrest was achieved with blood car- 
dioplegia. The left and right atria were opened and followed 
yellowish gelatinous mass in the left atrium, stem and base of 
origin with the interatrial septum was excised. Interatrial septal 
defect was closed using a PTFE patch. After excision of the 
tumor mass the cardiac chambers were checked and due to ab- 
sence of any mass, cardiac chambers were irrigated with cold 
saline over and over again. The mitral valve was found to be 
normal. The patient was not made an additional attempt. The 
histopathological examination of the excised mass which sized 
50X40X30mm was built and is compatible with myxoma (Figure 
2, 3). Postoperative period was uneventful and the patient was 
discharged on the fifth postoperative day. Patients were fol- 
lowed up without recurrence for a year without any problems. 


Figure 2. Surgical specimen of the resected mass; size 5x4 x 3 cm. 


Figure 3. Histolopathological specimen in the hematoxylin-eosin stain (magnifica- 
tion x100) showing; myxoma cells, inflammation and calcification. 
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Discussion 

Cardiac myxomas are more common among women and be- 
tween the ages of 30-60, and are frequently localized to the left 
atrium [1,3] Our patient was a 70 years-old women with a left 
atrial myxoma rooted in the fossa ovalis of the interatrial sep- 
tum. Histologically, myxomas are formed of polygonal myxoma 
cells and small capillary canals within a mucopolysaccharide- 
rich matrix.[3] However, the cellular structure of myxomas is 
still a matter of debate.[3] Histopathological tests of the tu- 
mor mass excised from our case demonstrated that the tumor 
had myxoma characteristics. Cardiac myxomas are the primary 
cardiac tumors with the most variable clinical symptoms; their 
major symptoms include complications associated with em- 
bolization, and hemodynamic complications secondary to the 
obstruction of blood flow into the chambers of the heart. Non- 
cardiac symptoms that are not associated with the tumor local- 
ization include constitutional symptoms such fever, weight loss, 
myalgia, erythematous eruptions and lethargy.[1,3] No embolic 
lesions were identified in our patient, and complaints of tachy- 
cardia and dyspnea were also absent. However, the patient had 
complaints of short-duration syncope attacks, myalgia, and 
erythematous eruptions. Auscultation of left atrial myxomas 
generally reveals auscultatory findings of mitral stenosis, which 
includes hardened primary heart sounds and diastolic murmur 
in the apical region.[3] Auscultatory findings indicative of mi- 
tral stenosis were also identified in our patient. The electro- 
cardiography findings of myxomas are nonspecific, while tele- 
cardiography can identify and show generalized cardiomegaly, 
enlargement in the relevant heart chambers, and pulmonary 
congestion findings associated with pulmonary venous hyper- 
tension in the lungs.[3] Our patient had a sinus rhythm, as well 
as increased vascularity in the lungs. Nowadays, echocardiog- 
raphy represent the most commonly used and accurate diag- 
nostic tool for the diagnosis of cardiac myxomas. Transesopha- 
geal echocardiography provides very useful information, and 
is superior to transthoracic echocardiography in fully demon- 
strating the relationship between the tumor and the cavity wall, 
and also for the planning of surgery. Our patient underwent two 
surgeries under general anesthesia on two different occasions 
within the past seven years; however, her cardiac myxoma was 
not identified during the preoperative physical examinations 
and preparatory tests that were performed for these surgeries. 
Definite diagnosis in our patient was established with the aid 
of transesophageal echocardiography performed after trans- 
thoracic echocardiography. In addition, as our patient was of 
advanced age, coronary angiography was also performed to 
evaluate the coronary arteries. Myxomas are generally benign 
and rarely metastasize. No metastasis was identified in any 
of the tests performed on our case.[5] Myxomas that are not 
treated with surgery generally have poor mid and long-term 
prognosis. They must hence be removed after diagnosis, even 
if they are asymptomatic. Surgical excision is the most effec- 
tive treatment method, and provides fairly good outcomes.[5,6] 
In our case with left atrial myxoma, the tumor was excised as 
a whole and without fragmenting, along with the endocardial 
portion to which the tumor was attached, by using biatrial inci- 
sion. The resulting atrial septal defect was closed with a patch. 
No mortality developed in our case. Our case was followed for 


a period 12 months with periodic echocardiographies, and no 
recurrence of myxoma was identified during this period. 


Conclusion 

Cardiac myxomas are generally benign tumors, with surgical 
excision being the most effective method for their treatment. 
The majority of patients who are operated following diagnosis 
with echocardiography continue their lives asymptomatically. 
Against the possibility of recurrence, patients should undergo 
periodic echocardiography controls at certain time intervals. 
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Ozet 

Konjenital patella ¢ikigi nadir bir deformite olup, ge¢ dénemde basvuru sebebi ge- 
nellikle diz ekleminin artrozudur. Total diz artroplastisi de (TDA) bu nadir patolo- 
jinin tedavi secenegidir. Literattirde total diz protezi ile tedavi edilmis konjenital 
patella cikigi ile gonartroz birlikteligi ile ilgili az sayida bildirim olmakla beraber 
bunlar arasinda da farkliliklar bulunmaktadir. Bu calismada 8 yildir sol diz agrilari 
olup son 2 yil icinde daha da artan konjenital patella cikigi ile gonartroz birlikteligi 
olan ve patella yiizey degisimi yapilmadan bag koruyan total diz protezi ile prok- 
simal ve distal patella dizilim cerrahisi yapilan 55 yasinda bayan hasta sunulmus- 
tur. Ameliyat sonrasi birinci yil sonunda, hareket acikligi 5°-100? idi. Patellar insta- 
bilite ve atlama yok idi. KSS ve fonksiyonel skorlama ameliyat 6ncesi d6nemde 55 
ve 15 iken ameliyat sonrasi donemde 83 ve 55 ‘e yiikselmis idi. Konjenital patella 
¢ikigi ve gonartroz birlikteliginin TDA ile tedavisi zor olmakla beraber iyi bir ameli- 
yat oncesi planiama ve ézenli uygulama ile iyi sonuclar alinabilir. 
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Abstract 

Congenital patellar dislocation is a rare deformity and late presentation is usually 
with knee osteoarthritis. Total knee arthroplasty (TKA) is also a treatment choice 
of this rare pathology. There are few cases reported gonarthrosis with congenital 
patellar dislocation treated with TKA. And there are some contradictions in the 
written literature. This article presents a case of a 55 years old woman who had 
left knee pain for 8 years that was worsened in last 2 years with gonarthrosis and 
congenital patellar dislocation treated by cruciate retaining TKA with proximal 
and distal patellar alignment without patellar resurfacing. At the final follow-up 
after 1 year ROM was 5°-100°. There was no patellar maltracking or instability. 
The Knee Society score and functional scores were 55 and 15 preoperatively, im- 
proved to 83 and 55 respectively at the postoperative period. Congenital patella 
dislocation with gonarthrosis is hard to manage by TKA, but it can be handled with 
a good pre-operative planning with meticulous attention. 
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Introduction 

Congenital patellar dislocation is a rare deformity and the eti- 
ology is unknown and late presentation is usually with gonar- 
trhrosis[1,2] The affected side is generally the lateral compart- 
ment of the knee with valgus deformity and medial laxity[2,3]. 
Congenital dislocation of patella can be associated with Down's 
syndrome, skeletal and cardiac anomalies[1].Total knee arthro- 
plasty (TKA) is also a rare treatment choice in such patients[1 ,4]. 
A few cases of gonarthrosis with congenital patellar dislocation 
treated with TKA are reported in the literature with some con- 
tradictions in which constrained or unconstrained TKA, patellar 
resurfacing or not and realignment of extensor mechanism in 
practice[1,4-8]. 

This article presents a case of a patient with varus gonarthrosis 
and congenital patellar dislocation treated by cruciate retaining 
TKA with proximal and distal patellar alignment without patel- 
lar resurfacing and skin necrosis related to it. 


Case Report 

A 55-year old woman presented with left knee pain that had 
nearly 8 years and it was worsened gradually in the last 2 years. 
She had no difficulty in daily life activities during childhood and 
adulthood. So, she did not seek medical treatment because the 
condition was well tolerated. 

On physical examination, she had quadriceps atrophy. Patella 
was palpable at the lateral side of the left knee and had no mo- 
bility during flexion and extension. Range of motion (ROM) was 
-5° to 125° on the left knee. 

Radiographs showed patellar dislocation of the left knee with 
gonarthrosis (Figure land Figure 2). Six degrees of varus de- 
formity was present in the knee. Total knee arthroplasty with 


Figure1. Preoperative anteroposterior radiography 


Figure 2. Preoperative lateral radiography 


the correction of extensor mechanism planned for the knee of 
the patient. 

A midline longutudinal skin incision made under tourniquet 
control. Medial parapatellar arthrotomy performed. The pa- 
tella was located laterally and the femoral groove was absent 
(Figure 3). The medial retinaculum was thin while the lateral 
retinaculum was thick. The vastus medialis muscle was found 
to be stretched over the anterior aspect of the femur. Cruci- 
ate retaining femoral and tibial components implanted at first 
than, the extensor mechanism realigned. Patellar resurfacing 
was not performed. For the aligment of the extensor mecha- 
nism an extensive lateral retinacular release performed. Patella 
could not be reduced so, the rectus femoris tendon lengthened 
by Z- plasty. Thereafter, the patella was in the groove during 
extension but flexion was too limited. Than, the tuberositas tib- 


Figure 3. intraoperative image of the knee joint 
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ia osteotomy and medialization performed and fixed with two 
4.5 mm. cancellous screws. Thereafter, 60° of passive flexion of 
the knee gained with the hip flexed 90°. The lateral side of the 
arthrotomy was not closed. Medial plication performed as pos- 
sible. Lateral side of the vastus medialis muscle sutured to the 
lateral edge of the quadriceps muscle . 

immediate weight bearing allowed post operative first day with 
a brace of angle restrictions of 0°-10° for 3 weeks. The flexion 
increased gradually by 30° at each 3 weeks. Restrictions of mo- 
tion terminated after consalidation of osteotomy had seen af- 
ter 2 months post operatively . After two and half months post 
operatively skin necrosis occured on the lateral side of the skin 
incision over the patella. Full thickness skin graft from the left 
thigh performed for the skin necrosis (Figure 4). 


Figure 5. Postoperative anteroposterior radiography 


Figure 4. intraoperative image of the skin necrosis before grafting 


At the final follow-up after 1 year ROM was 5°-100°. Quadriceps 
strength was rated 5/5. The patient had a mild pain at the stairs 
only. There was no patellar maltracking or instability; however, 
radiographs showed minimal lateral patellar displacement on 
the anteroposterior view (Figure 5 and Figure 6). The Knee Soci- 
ety score and functional scores were 55 and 15 preoperatively, 
improved to 83 and 55 respectively at the postoperative period. 


Discussion 

The etiology congenital patella dislocation is unknown[2]. In 
adulthood gonarthrosis may develop and mostly the lateral 
compartment of the knee is affected[2]. TKA is a treatment 
choice of the pathology[4]. Because of the rarity long -term se- 
quelas are not well described and there are only a few reports 
in the literature with some contradictions[2,4-8]. The first case 
treated by TKA was reported by Marmor in 1988[7]. The exten- 
sor mechanism was not replaced and he proposed that if the 
patient compansated well the replacement of extensor mecha- 
nism should be avoided[7]. Also, Pradhan did not reconstruct 
the extensor mechanism in a case of treatment of bilateral 
congenital patellar dislocation with total knee arthroplasty[6]. 
Pradhan had to revised the right one with a constrained knee 


Figure 6. Postoperative lateral radiography 
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prosthesis, because of dislocation of the knee joint and the rea- 
son was excessive soft tissue release around especially at the 
lateral side of the knee and resection of posterior cruciate liga- 
ment[6]. Pradhan recommended that, if an excessive soft tissue 
release had been done, constrained type prosthesis should be 
considered first[6]. 

Proximal or distal realignment is required to relocate the ex- 
tensor mechanism[2]. Proximal realignment of extensor mecha- 
nism could be achieved by Z-plasty or Vulpius techniques[3,4,6]. 
Quang et al. reported a new technique of V-W quadricepsplasty 
in 2010[2]. Their concern about the technique was loss of knee 
flexion because of positioning of extensor mechanism anterior 
to the plane of knee motion([2]. 

Tibial tubercle osteotomy is also not enough alone and associ- 
ated with high risk of nonunion, soft tissue discomfort and skin 
necrosis while some reported good results of this technique 
[2,3,5]. Artificial ligament for medial patellofemoral ligament 
reconstruction is a way of to gain normal patellafemoral track- 
ing also[5,8]. 

Patellar resurfacing also corrects the hypoplastic patellar sur- 
face and medially positioning of the patellar implant will be 
helpfull for patellar tracking[4] . 

Usually, posterior substituting TKA with was used in these cases 
but we performed cruciate retaining TKA without patellar resur- 
facing. But, we had to resurface the patella. We thougt that the 
skin necrosis was associated with the thickness of the patella 
and furthermore, the medialization of the extensor mechanism 
caused the tension over the skin. This complication must be 
kept in mind while performing this surgery. 

This pathology is hard to manage, but it can be handled with 
a good pre-operative planning either patella resurfaced or not 
and if needed, distal realingment of the extensor mechanism 
can be performed as well as proximal realingment or together 
with meticulous attention. 
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Ozet 

Subkutan6z implante edilen port kateterler giiniimiizde 6zellikle uzun siireli kemo- 
terapi tedavisinde artan siklikta kullanilmakta olup tekrarlayan intraven6z giri- 
simlerde onkoloji hastalarina biiyk konfor ve kolaylik saglamaktadir. Santral ve- 
néz portlarda teknik basari yiiksek, komplikasyon oranlari diistik olmakla birlik- 
te kateter malpozisyonu port disfonksiyon nedeni olarak karsimiza ¢ikabilmekte- 
dir. Bu yazimizda kateter malpozisyonuna sekonder portu ¢alismayan hastanin ka- 
teterinin transfemoral girisim ile kement (snare) teknigi kullanarak repozisyonu- 


nu sunuyoruz. 
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Abstract 

Subcutaneous implanted port catheters are widely used in the treatment of long- 
term chemotherapy with increasing frequency and provide great comfort to on- 
cology patients. Although central venous ports are implanted with high technical 
success and low rates of complication, catheter malposition may arise as a cause 
of dysfunction in the port. Here we report repositioning of the malpositioned port 


catheter tip to the proper position with snare technique by transfemoral access. 


Keywords 


Port Catheter; Malposition; Endovascular Techniques 


DOI: 10.4328/JCAM.2417 


Received: 20.03.2014 Accepted: 02.04.2014 Printed: 01.08.2013 


J Clin Anal Med 2013;4(suppl 4): 408-10 


Corresponding Author: Onur Ergun, Diskap1 Yildirim Beyazit Egitim ve Arastirma Hastanesi, Ankara, Turkiye. 


T.: +90 3125962618 GSM: +905326954040 E-Mail: onurergun@yahoo.com 


408 | Journal of Clinical and Analytical Medicine 


Olgu Sunumu / Case Report 


Giris 

Subkutan6éz implante edilen santral venéz portlar; 6zellikle on- 
koloji hastalarinda uzun sireli ve tekrarlayan intraven6dz kemo- 
terapi tedavisinde, yaygin kullanilan ve giin gectikce sikligi ar- 
tan bir yontemdir. Cerrahi implantasyonlarla karsilastirildigi za- 
man, US ve floroskopi yéntemi kullanilarak yapilan minimal in- 
vaziv girisimlerde teknik basarinin cok yUksek, komplikasyon 
oranlarinin ise cok diistik oldugu bildirilmektedir [1]. Santral ve- 
n6z port kateter disfonksiyonunun 6nemli nedenlerinden biri ka- 
teter malpozisyonu ve migrasyonu olup pek de nadir olmayan 
bir durumdur ve trombotik komplikasyonlara yol agmasindan 
otiréi klinik agidan 6nemlidir [2]. 

Biz bu yazimizda santral venéz port yerlestirilmesinden yakla- 
sik 1 ay sonra portun disfonksiyon géstermesi Uzerine tarafi- 
miza yoénlendirilen ve kateter malpozisyonu saptanan hastanin 
port kateterinin, perkutan transfemoral girisim yolu ile kement 
(snare) teknigi kullanilarak tekrar optimal pozisyona getirilme- 
sini sunuyoruz. 


Olgu Sunumu 

Endoserviks kanseri tanisiyla kemoterapi almak icin subkuta- 
n6z ven6z port takilan 51 yasinda kadin hasta, 1 ay sonra por- 
tunun calismamasi lizerine kontrol amaciyla tarafimiza yonlen- 
dirildi. Sag internal juguler veni daha 6nceki kateter girisimle- 
rine bagl olarak tromboze olan hastanin bu sebeple port kate- 
terinin sol taraftan yerlestirildigi 6grenildi. Floroskopi esliginde 
portun pozisyonu degerlendirildiginde; sol internal juguler ven- 
den giris yapilarak yerlestirilen portun kateter ucunun kraniya- 
le dogru geri geldigi ve kateterin internal juguler vene giris ye- 
rinden kivrilarak kraniyale yer degistirdigi saptandi (Resim 1). 


Resim 1. Sol internal juguler venden giris yapilarak yerlestirilen portun kateter 
ucunun kraniyale dogru geri geldigi ve kateterin internal juguler vene giris yerin- 
den kivrilarak kraniyale yer degistirdigi goriliiyor. 


Portun ilk takildigi géruintiler retrospektif olarak incelendigin- 
de, kateter ucunun sag atrium i¢erisinde optimal pozisyonda ol- 
dugu ve portun sorunsuz ¢alistig! goriildi. Bunun dzerine kate- 
ter migrasyonu disunilerek transfemoral yolla kateter ucunun 
tekrar atriuma ¢cekilmesi planlandi. Lokal anestezi altinda, US ve 


floroskopi esliginde sag ana femoral vene 5F introducer sheath 
yerlestirildi. Kontrast madde verilerek alinan goruntilerde kate- 
ter ucunun vena kava superior icgerisinde oldugu ve vena kava 
superiorun patent oldugu gériildti (Resim 2). ilk olarak tek loop- 


Resim 2. Kontrast madde verilerek alinan gériintiilerde kateter ucunun vena kava 
suiperior icerisinde oldugu goriltiyor. 


lu kement (10 mm AndraSnare AS-10, Andramed, Reutlingen, 
Germany) ile kateterin ucu yakalanmaya ¢alisildi ancak basaril! 
olunamadi. Bunun uzerine sag ana femoral vendeki mevcut she- 
ath 6F sheath ile degistirildikten sonra tig looplu kement (9-15 
mm EN Snare, Merit Medical, Utah, USA) ile yapilan denemeler- 
de port kateterinin ucu yakalanarak sag atriuma dogru ¢ekildi 
(Resim 3a-c). Huber port ignesi takilarak yapilan aspirasyon- 


2g : 4 


Resim 3. Uc looplu kement yardimiyla port kateterinin ucunun yakalanip sag atri- 
uma dogru cekilmesi izleniyor(a,b,c). 


puselemede sorun saptanmadi ve porttan kontrast madde veri- 
lerek kateterin optimal yerlesimli oldugu teyit edildi (Resim 4). 
Hastanin portunun sorunsuz ¢alismasi tizerine isleme son veril- 
di. islemden sonra portu sorunsuz olarak kullanilmaya baslanan 
hasta bir ay sonra primer hastalig! sebebiyle exitus oldu. 


Tartisma-Sonuc¢ 

Santral venéz port kateterler giinluk pratikte intravenéz kemo- 
terapi icin kalic! venéz akses saglamasi basta olmak Uzere; pa- 
renteral niitrisyon, hematopoetik kok hiicre transplantasyonu ve 
antibiyotik infizyonu gibi tedavilerde uzun sireli ve giivenli bir 
yontem olarak kullanilmaktadir [3]. Port implantasyonunda tek- 
nik basari bir cok seride %99 olarak bildirilmistir [1]. Oranin bu 
kadar yuksek olmasinda US ve floroskopi rehberliginin kullanil- 
masi ve bu konuda deneyimli kisiler tarafindan yapilmasi siip- 
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Resim 4. islem sonrasi port kateterinin ucunun optimal yerlesimli oldugu gorti- 
lor. 


hesiz rol oynamaktadir. 

islem sirasinda arter yaralanmasi, port cebinde hematom, pno- 
motoraks, embolizm ve kardiak aritmi gibi komplikasyonlar 
(%0,4) gorulebilmekle birlikte manuel kompresyon ve spontan 
rezoliisyon ile cogu zaman ciddi boyutlara ulasmamaktadir. is- 
lem sonrasi komplikasyonlar (%1,9), erken veya ge¢ (>30 giin) 
dénemde gortilmektedir. Bunlarin arasinda port cebi enfeksi- 
yonu, kateter okliizyonu, hazne trombozu, fibrin kilif formasyo- 
nu, kateter migrasyonu, kateter kirilmasi, port rotasyonu, ven6dz 
tromboz, yara yeri iyilesmesinde gecikme ve cilt nekrozu bulun- 
maktadir [1]. 

Migrasyon, port kateterlerinin en iyi bilinen komplikasyonlarin- 
dan biridir. Cesitli serilerde insidansi %0,9-1,8 olarak bildiril- 
mistir [2]. Kateter migrasyonu daha cok islem sonrasi erken d6- 
nemde (<30 giin) karsimiza cikmaktadir ve portun tamamen cl- 
karilmasi ya da kateter repozisyonu ile tedavi edilmektedir [1]. 
Olus mekanizmasi tam olarak bilinmemekle birlikte; damar disi 
komponentin 6zellikle obez ve biyik memeli kadin hastalarda 
fiziksel aktiviteyle, damar igi komponentin ise 6ksiirme, hap- 
sirma, agir kaldirma gibi karin ici basinci artiran durumlarda 
ve yuksek basingli ilag infizyonuna bagli meydana gelebilece- 
gi olgu sunumlari ile gosterilmistir. Ayrica portun ilk takilma es- 
nasindaki yerlestirilme pozisyonu olas! migrasyon gelismesinde 
onemli rol oynamaktadir [2]. 

Bizim olgumuzda da portun sol internal juguler vene giris yapi- 
larak takilmasinin, hastanin obez ve biiyik memeli olmasinin ka- 
teterin migrasyonunda rol oynadig! diisiniilmistir. Bu gibi has- 
talarda portun cilt alti dokulara siti ile fiksasyonu ve kate- 
ter ucunun atriokaval bileske yerine sag atrium icinde birakil- 
masinin islem sonras! migrasyon riskini azaltabilecegi bildiril- 
mektedir [1]. 

Ozellikle port implantasyonu sonrasi gerek erken dénemde ge- 
rekse de kullanilmadigi uzun siireli d6nemlerde kateter pozisyo- 
nunun akciger grafisi ile periyodik olarak takip edilmesi 6neril- 
mektedir. Kateter migrasyonu kateter disfonksiyonu yani sira, 
tromboz, ven6z flebit ve okliizyon gibi komplikasyonlara neden 


olabilmesi nedeniyle erken dénemde tedavi edilmelidir. Bu gibi 
durumlarda portun cikarilmasi ve isteniyorsa tekrar takilmasi 
tedavi secenegi olmakla birlikte, cikartma islemi enfeksiyon ris- 
ki tasimaktadir ve hasta agisindan da rahatsiz bir durumdur. Bu 
nedenle, ilk takildig1 andaki port ve kateterinin pozisyonu uygun- 
sa transfemoral yolla repozisyon teknigi tercih edilmelidir [2]. 
Transfemoral giris yapildiktan sonra repozisyon amaciyla hangi 
kateterin kullanilacagi daha ¢ok migrasyonun derecesine bag- 
lidir. Kars subklavyen vene uzanan malpoze santral ven6z ka- 
teterlerin repozisyonu Simmons ya da Pigtail kateterler ile ba- 
sariyla uygulanmaktadir [3, 4]. Bizim olgumuzda port kateterin 
ucu sag atriumdan vena kava superiora migrasyon gosterdigi 
igin kement teknigi daha uygun bir y6ntem olarak gorulmistir. 
Girisimsel radyologlar portlarin sadece takilmas! asamasinda 
degil ayni zamanda port kateterlerin erken ve ge¢ ddnem komp- 
likasyonlarinda da etkin rol oynamaktadir. Port kateter mig- 
rasyonu i¢in 6ncelikle implantasyon sirasinda gerekli 6nlemler 
alinmalidir. Uygun ven6z akses sonrasi damar ici ve damar dis! 
komponentlerin optimal pozisyonlara yerlestirilmesi; kateter 
migrasyonlarinin transfemoral yolla tedavisinde basarili sonug- 
lar elde edilmesini saglamaktadir. Perkiitan transfemoral yol- 
la kement kullanilarak yapilan kateter repozisyonu hem hasta 
hem de uygulayici agisindan hizli, kolay, giivenli ve ayni zaman- 
da komplikasyon oranlari diisuk, teknik basari oranlari ise ¢ok 
yuksek bir yontemdir. 


Cikar Cakismasi ve Finansman Beyani 
Bu calismada cikar gakismasi ve finansman destek alindigi be- 
yan edilmemistir. 
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Ozet 

Kalc¢a cikiklari en sik travmaya bagli olusur. Bu hastalarin acil serviste agri yone- 
timi ve rediiksiyon islemi olduk¢a zordur. Rediiksiyon icin genellikle prosediirel se- 
dasyon kullanilmaktadir. Ozellikle yasli hastalarda prosediirel sedasyon icin kulla- 
nilabilecek ilaglarin 6nemli yan etkileri bulunmaktadir. Agri kontrolii amaciyla kal- 
¢a kiriklarinda kullanilan lokal bloklarin cikiklarda kullanimina dair hentz yeterli bil- 
gi yoktur. Bu yazida 65 yasinda, kalga ¢ikigi olan ve lokal blok uygulamasi yapila- 


rak basarili rediiksiyon saglanan bir hasta sunuldu. 
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Abstract 

Hip dislocation is most commonly caused by trauma. Reduction procedure and 
pain control of patients with hip dislocation in emergency service is quite difficult. 
Procedural sedation is generally used for the reduction. Pain management with 
drugs may cause a large variety of deleterious side effects especially in aged. 
There is inadequate information yet about performance of local block in hip dis- 
locations that used to be performed in order to control the pain of hip fracture. In 
this report, we describe a 65-year- old woman who presented with right hip pain 


and limping as a result of trauma had fascia iliaca compartment block. 
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Fascia iliaca Kompartman Blogu ile Kalga Cikik Rediiksiyonu / Reduction of Hip Dislocation with Fascia Illiaca Block 


Giris 

Kalga gikiklar! cok sik olmasa da acil servis basvuru nedenle- 
ri arasinda yer alir. Kalca cikiklari en sik travmaya bagli olusur. 
Bu hastalarin acil serviste agri y6netimi ve rediksiyon islemi ol- 
duk¢a zordur. Agri kontrolti icin kullanilabilecek ilaclarin cesitli 
yan etkileri olabilir. Ozellikle yashi hastalarda prosediirel sedas- 
yon icin kullanilabilecek ilaglarin 6nemli yan etkileri bulunmak- 
tadir [1,2]. Bu hastalarda agri kontrolti igin prosediirel sedasyon 
disinda lokal blok islemleri yapilabilir. Femur frakturii nedeniy- 
le acil servise miracaat etmis olgularda agri kontrolui igin fas- 
cia iliaca kompartman ve femoral sinir blofSu uygulamalarinin 
yapildigi bilinmektedir [3,4]. Acil serviste kalga gikiklarinin re- 
diksiyon isleminde lokal blok uygulamasinin etkinligi tam ola- 
rak bilinmemektedir. Kalca ¢ikiklarinda bu uygulamalar ile hem 
rediiksiyon islemi esnasinda agri kontrolii yapmak hem de pro- 
sedirel sedasyona bagli gelisebilecek komplikasyonlari 6nlemek 
miumkin olabilir. Bu galismada diisme sonrasi kalga ¢ikigi geli- 
sen kalga protez operasyonlusu bir hastanin acil serviste fas- 
cia iliaca kompartman blogu ile gergeklestirilen rediiksiyon isle- 
mi paylasilmaktadir. 


Olgu Sunumu 

65 yasinda bayan hasta diisme sonrasi sag kalga agrisi ve yii- 
rume zorlugu sikdayeti ile acil servise basvurdu. Hipertansiyon ve 
kronik obstriiktif akciger hastaligi tanilari olan hasta, 3 yil 6nce 
total sag kalcga protezi ameliyati olmustu. Sag alt ekstremite 
duyu ve periferik arter muayenesi normal olan hastanin alt eks- 
tremite hareketlerinin kisith ve agrili oldugu tespit edildi. Direkt 
radyografide sag kalcada yer alan protezin ¢ikik oldugu saptan- 
di (Resim 1). Bir kez rediiksiyon islemi denendi ve basarili oluna- 
madi. Agri kontrolii ve rediiksiyon kolayligi igin mevcut hastalik- 
lari ve kullanilacak ilaglara bagli olusabilecek yan etkiler nede- 
niyle hastaya fascia iliaca kompartman blogu yapilmasina karar 
verildi. Vital bulgular! (SaO2; %88 hari¢) normal olan hastanin 
fascia iliaca kompartmanina ultrasonografi (USG) esliginde 10 
ml normal salin (%0,9 NaCl), %10 ml Bupivakain HCI (%0.5), 10 
ml Lidokain HCl (%1) den olusan toplam 30 ml enjeksiyon uygu- 


Resim 1. Hastanin kalca grafisinde sag posterior kalc¢a ¢ikigi gortintiist. 


landi [3]. Yeterli anestezi saglandiktan sonra ¢ikik ilk denemede 
(Allis yontemi) basari ile rediikte edildi (Resim 2). Redtiksiyon is- 
lemi esnasinda prosedirel sedasyon yapilmadigi icin hasta acil 
serviste daha kisa siire takip edildi. islem sonrasinda hasta or- 
topedi kliniZine yonlendirildi. 


” I 


Ii i] ’ 
r i ii i 
iW va 


Resim 2. Rediiksiyon sonrasi kalca grafisi. 


Tartisma ve Sonuc¢ 

Aktif yasam stiresince fonksiyonel ézelliZinden dolay! kalga ek- 
lemi ile ilgili kirik ve ¢ikik gibi patolojiler oldukg¢a sik olarak géri- 
luir [5]. Cocuk yas déneminde gelisimsel ve septik artrit gibi ne- 
denlerle gorulebilen kalga cikiginin ise en sik nedeni travmadir 
[6,7] Acil servislerde femur fraktiirlerine bagli agri kontroliinde 
femoral sinir blogu ile uygulama sonrasinda 15. ve 30. dakika- 
larda agrinin 6nemli derece azaldigi ve bu rahatlamanin 4. saa- 
te kadar devam edebildigi bilinmektedir. Ayrica bu islemin USG 
yardimi ile kolayca uygulanabilmektedir [4]. Femur kirik ve ¢i- 
kiklart gibi proteze sahip olgularda olusabilecek kalga ¢ikikla- 
ri nadir de olsa acil servise basvuru nedenleri arasinda yer alir. 
Bu hastalarda protez yapisinda bozulma yoksa rediiksiyon ya- 
pilabilir. Bu islem agrili ve zordur. Agri kontrol igin analjezikler 
ve hatta gerekirse prosediiral sedasyon uygulanmalidir. Femur 
fraktir nedeniyle acil servise basvuran hastalarin stabilizas- 
yon ve agri kontroltinde fascia iliaca kompartman blogu uygu- 
lanmaktadir [3,8]. Bu islemin kolay ve giivenli bir sekilde uygu- 
lanmasi igin USG esliZinde yapilmasi 6nerilmektedir [9]. Femur 
frakturti gibi, kalca cikikli ve dzellikle yashi olgularda rediiksiyon 
islemleri esnasinda da cesitli nedenlerden (sistemik ilag kulla- 
nimina bagli olusabilecek yan etkiler) dolay! periferik sinir blo- 
gu uygulamasi tercih edilebilir. Bu yontem ile hem hasta hem de 
doktorun isleme ait memnuniyeti saglanabilir. Ayrica lokal blok 
uygulamalari, rediiksiyon isleminin basarili bir sekilde ve kolay- 
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ca gerceklestirilmesine katki sundugu gibi hastanin acil serviste 
kalis siiresini kisaltabilecegi degerlendirilmektedir. 


Cikar Cakismasi ve Finansman Beyani 
Bu calismada cikar cakismasi ve finansman destek alindigi be- 
yan edilmemistir. 
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Ozet 

Primer renal karsinoid tiim6r, ndroendokrin hiicrelerden kéken alan oldukca nadir 
goriilen bir neoplazmdir. Bu kadar nadir goriilmesi nedeniyle immtnohistokimya- 
sal karakteristigi net olarak ortaya konulamamistir. Vakamizda;23 yasinda erkek 
hastanin rastlantisal olarak saptanan sag renal kitlesi mevcuttu, sag radikal nef- 
rektomi uygulandi. Postoperatif 22 aylik takiplerinde hastada metastaz veya ntik- 


se rastlanmadi. 


Anahtar Kelimeler 


Renal Kanser; N6roendokrin Timor; Nefrektomi 


Abstract 

Primary renal carcinoid tumor is an extremely uncommon neoplasm that arises 
from neuroendocrine cells. As it is extremely uncommon, its immunohistochemical 
characteristics have not been clearly determined. In this case, a 23-year-old male 
patient was incidentally identified with right renal mass. Right radical nephrec- 
tomy was performed. Postoperative 22-month follow- up showed no metastasis 


or recurrence. 
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Introduction 

Carcinoids are well differentiated neuroendocrine tumors that 
are common in the gastrointestinal system (74%), bronchial 
system and lung (25%). They also rarely (less than 1%) develop 
in the genitourinary system [1]. 

Primary renal carcinoid tumors are extremely uncommon. Less 
than 65 cases have been reported in the literature [2]. It is 
relatively more frequent in young adults than renal carcinoid 
tumors (median age50). The prevalence in males and females 
is the same. It was reported that 55.8% of patients are admit- 
ted to hospital due to abdominal/flank pain and hematuria; only 
13.6% of patients present with carcinoid syndrome [3]. While 
it is identified incidentally in 30% of patients, palpable mass is 
detected in 27%. 

In some cases, substances such as chromogranin and serotonin 
can be identified in blood, or serotonin metabolite 5-Hydroxy- 
indoleacetic acid (5-HIAA) can be identified in 24-hour urine. 


Case Report 

A 23-year-old male patient was admitted to general surgery 
clinic due to constipation. Patient history and physical ex- 
amination showed no pathologic finding. Biochemical analy- 
ses showed urea: 18 mg/dL, creatinine: 0,9 mg/dL, aspartate 
aminotransferase (AST): 30 U/Lt, alanine aminotransferase 
(ALT):35 U/Lt, haemoglobin (Hb): 16 g/ dL, Hematocrit: 47%, 
Platelet: 250000/dL. Posterior-anterior (PA) lung graphy was 
normal. Upper abdomen and pelvic spiral computed tomogra- 
phy was taken with and without contrast. Computer tomogra- 
phy (CT) showed a 9x7.5x7.5 centimetre (cm) mass lesion in 
the right kidney upper median posterolateral, which pushes the 
kidney towards the median and grew into posterior perirenal 
fatty tissue and infiltrated renal sinus fatty tissue. The mass 
contained a necrotic region and showed weaker contrast than 
the kidney (Images 1). 

The patient underwent right radical nephrectomy on 11 May 
2011. The patient was diagnosed with carcinoid tumor via 
pathologic evaluation. Postoperative somatostatin (octreotide) 
scintigraphy was normal. No tumor was found in esophago- 
gastroduodenoscopy or colonoscopy. Postoperative 22-month 
follow-up showed no local recurrence or metastasis. 


images 1. CT of the abdomen revealed a large malignant mass arising from the 
right kidney. 


Pathology 

Grossly, the nephrectomy material was measured 13x11x8 cm. 
On section, well circumscribed encapsulated solid mass, local- 
ized on one pole, beneath the renal capsule and involving both 
cortex and medulla was detected. The mass measured 7cm in 
greatest dimension and the cut surface was diffusely haemor- 
rhagic. 

Microscopically the encapsulated tumor consisted of uniform 
cells arranged in trabecules, rows, glandular structures and ex- 
hibited ribbon like pattern (Fig 1-A). The tumor cells were of 
uniform, small to intermediate size with hyperchromatic, round 
nuclei and moderate amount of cytoplasm. The stroma was dif- 
fusely haemorrhagic (Fig 1- B), the cells were necrobiotic and 
dissociated in most areas and this feature made the evaluation 
of the mitotic rate difficult. However the Ki-67 index was lower 
than 1%. Although the tumor cells invaded its own capsule in 
some foci, they didn’t invade the renal parenchyma. Perineural 
invasion was observed (Fig 1-C). Immunohistochemically the tu- 
mor showed diffuse positivity for vimentin, NSE (neuron specific 
enolaza) (Fig 1-D), synaptophysin ( Fig 1-E ) and CK18. Most of 
the cells were chromogranin positive (Fig 1-F) whereas a wide 
range of markers performed (CD10, RCC, EMA, panCK, HMWCK, 
CK7, CK20, CK8, CEA, inhibin, melanA, S100, TTF-1,WT1, CD99, 
CD56, SMA) were negative. The tumor was reported as neuro- 
endocrine tumor consistent with carcinoid. It is also noted on 
the report that after a thorough search of all the organs and 
the systems and with the exclusion of another tumor, this tumor 
could be accepted as a primary renal carcinoid. 


Figure 1. Microscopically tumor consisted of uniform cells arranged in trabecules, 
rows, glandular structures(A). The stroma was diffusely haemorrhagic (B), Perineu- 
ral invasion was observed (C). Immunohistochemically the tumor showed diffuse 
positivity for vimentin, NSE (D), synaptophysin (E) and chromogranin positive (F). 


Discussion 

Primary renal carcinoid tumor was first reported in 1966, by 
Resnick. Since then, due to the rarity of this disease, prognosis, 
clinical behavior and immunohistochemical characteristics have 
not been clearly determined [4]. 

Renal carcinoid tumor arises from neuroendocrine cells, as with 
other localizations of carcinoid tumor. Normal kidney tissue 
does not contain neuroendocrine cells. 

Several hypotheses have been suggested in an attempt to ex- 
plain how neuroendocrine cells, which play a role in pathogen- 
esis of carcinoid tumor, reach the kidney. These hypotheses 
include congenital and acquired renal anomalies. Metaplasia in 
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pyelocaliceal urothelium due to chronic inflammation; metasta- 
sis from non-established primary tumor; trapped or wrong lo- 
calization of pancreatic tissue or neural crest cells in the kidney 
during embryogenesis; activation of common gene sequences 
in multipotent primitive root cells with neuroendocrine pro- 
grammed cells; and simultaneous congenital renal anomalies 
[5,6]. 

A review by Romero et al. found other accompanying renal pa- 
thologies in 26.8% of patients. Horseshoe kidney was identified 
in 17.8%, renal teratoma was identified in 14.3% and polycystic 
renal disease was identified in 1.8% of patients [7]. Relative 
risk for renal carcinoid in patients with horseshoe kidney was 
reported to be 62-82% [5]. 

These tumors are often identified during the fourth decade 
(range 13-68, mean 47). The prevalence in males and females 
is the same. Common symptoms are abdominal/flank pain, ab- 
dominal mass, loss of weight and hematuria. 

Laboratory diagnosis involves identification of neuroendocrine 
substances in blood and urine. These include serum chromo- 
granin, serotonin, glucagon, gastrin, somatostatin, calcitonin, 
pancreatic peptide, vasoactive intestinal peptide, adrenocorti- 
cotropic hormone (ACTH) and 5HIAA in urine. However, there is 
currently no chemical test to endocrinologically identify wheth- 
er silent renal masses are renal carcinoid. 

Radiological findings observed in carcinoid tumors are common 
with renal cell carcinoma (RCC). Radiological imaging shows 
calcification in approximately 26.5% of renal carcinoid tumors. 
Lesion is monitored heterogeneously. CT shows minimal con- 
trast involvement, while angiography shows hypo-vascular or 
avascular lesion. Recently, octreotide scintigraphy began to be 
used as sensitive imaging modality in diagnosis and staging of 
the tumor. Primary carcinoid tumor and metastases show high 
affinity to more than 85% of somatostatin receptors [8]. 
Metastasis rate of carcinoid tumors is directly related to the 
dimensions of the primary tumor. Primary renal carcinoid tu- 
mors show less aggressive biological character than RCC [6]. In 
general, metastases are present in 45.6% of cases at the time 
of diagnosis and metastasis develops in 59% of patients. The 
tumors that develop metastasis are larger than 4 cm. Generally, 
metastases occur in regional lymph nodes, liver and bones. 
Primary treatment in primary renal carcinoid tumors involves 
surgical resection and regional lymph node dissection. Lymph 
node metastasis is present during surgery in 47% of patients. In 
43-month postoperative follow-ups, although lymph node me- 
tastasis was present in pathology specimens, the absence of 
evidence for the disease was taken to indicate the possibility of 
surgical and curative treatment [7]. 

When renal carcinoid is detected, potential primary lesions 
should be analyzed via another focus [8]. Octreotide scintigra- 
phy is the first and most important diagnostic test. Serum chro- 
mograninand urine 5-HIAA identification is used in the absence 
of neuroendocrine symptoms. 

It was reported that 50% metastasis can develop in postopera- 
tive 7th year. Therefore, long-term follow-up is necessary. Bio- 
markers should be examined at 3-6 month intervals; imaging 
should be conducted at 6-12 month intervals. 
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Ozet Abstract 
inkomplet cift aortik ark nadir bir vaskiiler anomalidir. Bu vakada dispne ve disfa- Incomplete double aortic arch is a rare vascular anomaly. We describe a case of 
ji sikayeti ile gelen astim yanlis tanil inkomplet cift aortik ark olgusunun karakte- distinctive imaging features of incomplete double aortic arch misdiagnosed as 
ristik gértintiileme bulgulari sunulmustur. asthma that admitted with dyspnea and dysphagia. 
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Introduction 

Incomplete double aortic arch is a rare anomaly resulting from 
atresia. This anomaly is a rare cause of a potentially symptom- 
atic vascular ring[1, 2]. Incomplete double aortic arch anomalies 
look like typical double aortic arches, but atresia of a fragment 
of the left arch is present, resulting in a non-patent fibrous 
cord[2]. This anatomic vascular anomaly may cause stridor, 
wheezing or dysphagia[3]. Contrast-enhanced CT is a important 
tool in evaluating patients with aortic arch abnormalities and 
it allows for multiplanar visualization of aortic anatomy while 
clearly depicting any associated mass effect on the adjacent 
trachea or esophagus. We describe distinctive imaging features 
in a case of incomplete double aortic arch misdiagnosed as 
asthma. 


Case Report 

We present a ten-year-old girl who admitted with dyspnea and 
dysphagia. Physical examination and history revealed cough, 
that didn’t respond to medical asthma therapy. In order to show 
relation between the tracheobronchial tree and the abnormal 
vascular structure, contrast-enhanced multi-detector CT was 
performed. Axial MIP images showed right archus aorta, incom- 
plete double aortic arch with left arch atresia and aortic di- 
verticulum (Fig. 1). Three dimensional reconstructed CT images 
made it easier to see the narrowing of the tracheobronchial 
tree (Fig. 2). 


;? Peep Atresia 
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Aorti¢diverticulam 


Right arch 


Figure 1. Axial MIP image show right archus aorta, incomplete double aortic arch 
with left arch atresia and aortic diverticulum 


‘| 


Discussion 

All reported vascular rings represents less than 1-% of all con- 
genital cardiovascular anomalies. Incomplete double aortic arch 
occurs because of atresia during the embryonic period at any 
point on either side of double aortic arch[2]. Incomplete double 
aortic arch include a non-patent fibrous cord connecting the 
descending aortic diverticulum[1]. This potential vascular ring 
usually shows itself with tracheoesophageal compression. 

The lack of complete left arch easily distinguishes incomplete 
double aortic arch with distal left arch atresia from complete 
double arch. Incomplete double aortic arch include two types 
depending on localization of atresia. Atresia occurs distal to 
left ductus with resulting fibrous cord that inserts in descending 
aortic diverticulum (subtype 1). Atresia occurs between left sub- 
clavian artery and ductus with resulting fibrous cord. Both cord 
and left ductus insert in aortic diverticulum (subtype 2). These 
two forms of incomplete double aortic arch are indistinguish- 
able by imaging, because the ductus and the fibrous cord are 


Tracheal 


narrowing — 


Figure 2. Three dimensional reconstructed CT image makes it easier to see the 
narrowing of the tracheobronchial tree 


not visible on MR or CT images[1]. 

Relationship with adjacent structures of aortic arch can be ac- 
curately defined by CT and MR. These methods allow virtual 
demonstration of vessels with possibility of 3-D display. Addi- 
tionally, the vessels are assessable by MR techniques not re- 
quiring intravenous contrast injection. In our case MR angiog- 
raphy could not be examined because of technical problems on 
the device. We tried to demonstrate 3-D definition and multi- 
planar reconstruction of the airway and aortic diverticulum with 
multidetector contrast-enhanced CT. Identification and demon- 
stration of some of the anatomical features such as tracheal 
narrowing, esophageal compression, aortic diverticulum are 
important for the surgeon to be aware of anatomic possibilities 
and to predict the course of operation. 

Most congenital abnormalities of the aortic arch cause respira- 
tory symptoms and swallowing difficulties[4]. Main symptoms 
of our patient were also dysphagia and dyspnea. Some cases 
reported different presentations like heart failure, widening 
of the superior mediastinum on chest radiograph[5], recurring 
pneumonia[3], postprandial choking and respiratory distress[6]. 
Two cases with incomplete double aortic arch reported as mis- 
diagnosed asthma in the literature[7, 8]. Similarly, the present 
case had been treated for asthma for 8 years but symptoms 
hadn’t completely reduced. 

In conclusion, vascular ring abnormalities such as incomplete 
double aortic arch with distal left arch atresia should be in mind 
for the differential diagnosis of asthma and dysphagia combi- 
nation in early ages. Contrast-enhanced CT may provide reli- 
able diagnostic information for therapy planning. 
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Ozet 

Duchene miiskiiler distrofi (DMD), cocukluk gaginda en yaygin goriilen miskiller 
distrofi formudur. X’e bagli kalitilip, distrofin genindeki defektten kaynaklanir. is- 
kelet kaslarinda zayiflik, solunumsal semptomlar ve elektrokardiyografik degisik- 
likler kick yaslarda baslar. Erken cocukluk yaslarinda baslayan progresif proksi- 
mal gii¢stizluk ve kardiyomiyopati ile karakterizedir. Bu hastalarda anestezi yone- 
timi kas gii¢stizltigii ve kardiyak problemler ve maling hipertermiye yatkinlik ol- 
masi nedeniyle 6zelliklidir. inhalasyon ajanlari ve siiksinilkolin gibi bazi tetikleyi- 
ci ajanlar rabdomiyoliz, serum CK (kreatinin kinaz) diizeyinde artis, hiperkalemi ve 
kardiyak arreste neden olabilir. Bu nedenle tetikleyici ajanlardan kacinilmasi one- 
rilmektedir. Bu sunuda, DMD tanis! alan, kooperasyon kurulamadigi icin dis ¢eki- 
mi islemi gerceklestirilememis cocuk olguda sedasyonla giivenli anestezi yaklasi- 
mi tartisilmistir. 
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Abstract 

Duchenne Muscular Distrophy is most common muscular dystrophy form in child- 
hood. It’s an X-linked disorder that caused by dystrophin gene defect. Skeletal 
muscle weakness, respiratory syptoms and electrocardiographic differences begin 
in erly ages. It’s characterized by progressive proximal weakness occurs in early 
childhood and cardiomyopathy. Anesthesia management is important because 
of muscle weakness, cardiac problems and tendency to malignant hyperthermia. 
Some trigger agents such as inhalation anesthetics and succinylcholine may 
cause rhabdomyolysis, reduced level of serum creatinine kinase (CK) hyperkalemia 
and cardiacarrest. So it’s suggested to avoid from trigger agents. In this case, a 
safe anestthetic method is discussed in a case whose dental treatment could not 


performed because of noncooperation with patient. 
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Giris 

Duchene miskiler distrofi (DMD), gocukluk ¢aginda en yaygin 
gortilen miiskiler distrofi formudur. Diiz kas, iskelet kasi, kalp 
kasinda ilerleyici dejenerasyona neden olur. Erken gocukluk yas- 
larinda baslayan progresif proksimal gli¢siizluk ve kardiyomiyo- 
pati ile karakterizedir. Kaslarda zayiflik 2-3 yaslarinda baslar, 5 
yaslarinda genellikle diaframin etkilenmesi nedeniyle tekrarla- 
yan pnémoniler ve solunum yetmezligine yol agar. Otuzlu yaslar- 
da DMD'li hastalarin % 90’inda kardiyak ve pulmoner yetmez- 
lik gelisir. Bu hastalarda kas gli¢siizlugti ve kardiyak problemler 
nedeniyle anestezi yonetimi Ozelliklidir. Inhalasyon ajanlari ve 
stiksinilkolin gibi bazi tetikleyici ajanlar rabdomiyoliz, serum CK 
(kreatinin kinaz) dizeyinde artis, hiperkalemi ve kardiyak arreste 
neden olabilir. Bu nedenle malign hipertermiyi tetikleyici ajan- 
lardan kaginilmasi 6nerilmektedir [1-3]. Propofoliin riyanodin- 
Ca resepto6rlerini aktive etmedigi dolayisiyla malign hipertermi- 
yi tetiklemedigi gésterilmistir [4]. Dental tedavilerin cogu lokal 
anestezi ile yapilabilmektedir. Ancak gocuk veya mental retarde 
hastalarla kooperasyon kurabilmek her zaman miimkiin olma- 
maktadir. Bu durumlarda sedasyon veya genel anestezi gerek- 
mektedir [5]. Bu olguda, DMD tanisi olan, kooperasyon kurula- 
madigi i¢gin dis gekimi islemi gerceklestirilememis Gocuk hasta- 
da sedasyonla giivenli anestezi yaklasimi tartisilmistir. 


Olgu Sunumu 

Sekiz yasinda, 25 kg agirliginda, bes yil Gnce kas biyopsisi ile 
DMD tanis! almis erkek hastaya dis tedavisi planlandi. Hastanin 
aynl zamanda otizmi mevcuttu. Fizik muayenesinde Gowers ara- 
zi ve her iki alt extremitesinde psodohipertrofi vardi. Preopera- 
tif degerlendirmesinde ekokardiyografi (EKO) bulgular! normal 
olup kardiyak tutulum saptanmadi. Solunum fonksiyon testle- 
rinde FEV1:1.41, FEV1/FVC:% 85 olup solunum yetmezligi yok- 
tu. Ameliyat 6ncesi kan orneklerinde tam kan sayimi, koagiilas- 
yon testleri normaldi. Kan biyokimyasinda AST:205 u/L, ALT:328 
u/L, LDH: 1876 u/L iken diger parametreleri normaldi. Hasta 
premedikasyon yapilmadan ameliyathaneye alindi. Damar yolu 
a¢ilarak, standart monitorizasyon (noninvaziv kan basinci, elekt- 
rokardiyogram, SPO2, solunum sayisi, nasal maske ile end-tidal 
CO2) saglandi. Operasyon 6ncesi malign hipertermi ve rabdo- 
miyoliz riskinden kaginmak i¢gin tamamen temizlenmis anestezi 
cihazinda %100 oksijen (2L/dk) nasal maskeyle verildi. Hastanin 
spontan solunumu korunarak, baslangi¢ta 2 mg/kg propofol ile 
anestezi indiiksiyonu saglandi. Ramsey Sedasyon Skalasi <4 ol- 
dugunda ya da hasta hareket ettiginde baslangig¢ dozlarin yarisi 
tekrar verildi. Aralikli bolus dozlar seklinde toplam 110 mg pro- 
pofol uygulandi. Cekim yapilacak dislere 4 ml articain (Ultraca- 
ine DS) ile lokal anestezik infiltrasyonu uygulandiktan sonra, 85 
ve 64 nolu dislerine dolgu; 52,54,55,62,65,84 nolu dislerine ¢e- 
kim uygulandi. Operasyon stresince viicut sisi, noninvaziv kan 
basinci, kalp atim hizi, SPO2 takip edildi. islem siiresince kalp 
hizi 60-70 atim/dk, kan basinci 88-104/50-68 mmHg, saturas- 
yon diizeyi %97-100, ETCO2 35-45 mmHg, solunum hizi 14-20 
solunum/dk duzeylerinde seyretti. Peroperatif d6nemde herhan- 
gi bir komplikasyonla karsilasilmadi. islem sirasinda ve sonra- 
sinda sekresyon artisi, laringospazm, hipoksi, aritmi, bradikar- 
di, hipotansiyon ve hipertansiyon gibi yan etkilere rastlanmadi. 
Ameliyat stiresi toplam 20 dk olarak kaydedildi. Ramsey Sedas- 
yon Skalasi < 3 olunca derlenme odasina alindi. Derlenme oda- 


sinda nasal kanille 2-3 L/dk oksijen verildi. Derlenme odasinda 
takip edilen hasta 15 dakika sonra uyanik, alert ve sorulara ce- 
vap verir duruma gelince servise alindi. Postoperatif viicut tsisi, 
vital bulgular! yakindan takip edildi. islem sonrasi ikinci saatte 
hasta oral sivilarla beslendi. Postoperatif herhangi bir yan etki 
gozlenmedi. Vitalleri ve viicut isis! stabil olan hasta postopera- 
tif altinci saatte saglikla taburcu edildi. 


Tartisma 

Duchene Muscular Distrofi (DMD) X’e bagli kalitilan, distrofin 
genindeki defektten kaynaklanan bir hastaliktir. iskelet kaslarin- 
da zayiflik, solunumsal semptomlar ve elektrokardiyografik de- 
gisiklikler kigik yaslarda baslar. DMD'li hastalar 15-20'li yas- 
larda solunumsal komplikasyonlar, konjestif kalp yetmezligi ve 
aritmiler nedeniyle kaybedilir [1-6]. Bu hastalarin anestezi y6- 
netimi malign hipertermi bakimindan risklidir. Bazi arastirma- 
cilar hayati tehtid eden rabdomiyolize neden olacagi icin inha- 
lasyon ajanlarindan sakinirken, bazilar! kontrendike olduklarina 
dair ciddi kanitlar olmadigini diisinmektedirler [7]. Depolarizan 
bir kas gevsetici olan siksinilkolin ciddi hiperkalemiye neden 
olup malign hipertermiyi tetikleyebilir. Bu nedenle siiksinilkolin- 
den sakinilmalidir. Bu hastalarda; st solunum yolu obstrtiksiyo- 
nu, belli anestezik ajanlara karsi gelisen potansiyel fetal reaksi- 
yonlar, atelektazi, konjestif kalp yetmezligi, kardiyak disritmiler, 
solunum yetmezligi ve mekanik ventilatérden ayrilmada giiclik 
gibi sebeplerle genel anestezi yiiksek risklidir [3]. 

Olgumuzda anestezi yonetimi planlarken, genel anesteziden ve 
endotrakeal entUbasyondan kaginip, spontan solunumun koru- 
narak gerceklestirilen sedasyonun optimal segenek oldugunu 
dustindik. Muskuler distrofili hastalarda girisimsel islemler igin 
sedasyon amaciyla cesitli ajanlar kullanilmistir. Propofol mus- 
kuler distrofili hastalarda genel anestezide giivenle kullanilan 
bir ajandir [8]. Biz olgumuzda, giiniibirlik hastada hem tahmini 
islem stresinin kisa olmasi hem de genel anestezinin olasi risk- 
lerinden kaginmak amaciyla propofol kullandik. Boylece hasta- 
nin dis tedavisini konforlu ve giivenli bir sekilde gerceklestir- 
dik. inhalasyon ajanlariyla temas! 6nlemek adina yilksek oksijen 
akimiyla sistemi temizleyip, vaporizatérii cikardik, soda-lime ve 
hasta devresini degistirdik. islem siiresince ihtiyac halinde pro- 
pofol aralikli bolus uygulamalarla tekrarladik. lyi bir doz titras- 
yonu sayesinde propofoltin hemodinamik ve solunumsal fonksi- 
yonlar dzerindeki olasi yan etkileri ortaya ¢ikmadi. Ayrica pro- 
pofoliin kisa etki sUresi nedeniyle derlenme ve hastaneden cikis 
cabuk oldu. Antiemetik etkisi sayesinde bulanti kusma yasan- 
madi. Bunun yaninda maling hipertermi veya benzeri hiperdina- 
mik durumlardan sakinmis olduk. 

Sonug olarak; DMD'li hastalarda anestezi olasi maling hiperter- 
mi riski ve kas gui¢siizlUgu nedeniyle 6zelliklidir. Bu hastalarda 
maling hipertermiyi tetikleyen ajanlardan kaginilmalidir. Biz ol- 
gumuzda, hastamizin kooperasyon kurulamadigi icin gercekles- 
tirilemeyen dis tedavisini, propofol ile sedasyon saglayarak kon- 
forlu bir sekilde gerceklestirdik ve maling hipertermi bakimin- 
dan guvenli bir yontem tercih ederek komplikasyon gelisme ris- 
kini en aza indirmis olduk. 


Cikar Cakismasi ve Finansman Beyani 
Bu calismada cikar gakismasi ve finansman destek alindigi be- 
yan edilmemistir. 
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Tek Tarafli Peripapiller Miyelinli Retina Sinir Liflerinde 
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Alime Gunes', Seden Demirci’, Mustafa Gunes?® 
'Department of Ophthalmology, 7Department of Neurology, *Department of Urology, 
Siileyman Demirel University Faculty of Medicine, Isparta, Turkey 


Ozet 

On dokuz yasinda bir erkek hasta, erken cocuklugundan beri olan sag goztinde gér- 
me azligi ile basvurdu. Diizeltilmis en iyi gorme keskinligi, sag godzde 10 cm’ den 
parmak sayma ve sol géziinde 1.0 idi. Relatif afferent pupil defekti yoktu; refrak- 
siyon degerleri, sag gozde -6.50 -1.25 x 110 ve sol gézde -0.25 degerindeydi. Bi- 
yomikroskobik mueyene ve goz ici basinci her iki gozde normaldi. Fundus muaye- 
nesinde, sag gozde genis, cukurlasmis disk, ist vaskiller arkuat boyunca uzanan 
asiri myelinli peripapiller retina sinir lifleri mevcuttu. Optik koherens tomografi, 
sag gozde ust kadranda incelme ile birlikte normal ortalama peripapiller retina si- 
nir lifi tabakasi kalinligi (RSLT) ve anormal foveal kontur géstermekteydi. Myelinli 
retinal sinir lifleri, ortalama peripapiller RSLT kalinliginda degisikliklere neden ol- 
masa da, anormal foveal morfoloji ve anizometrik miyopi ile ciddi gorme kaybi- 
na neden olabilir. 


Anahtar Kelimeler 
Myelinli Retina Sinir Lifleri; Optik Kohorens Tomografi; Retina Sinir Lifi Tabaka- 
si Kalinhigi 


Abstract 

A 19-year-old male presented with low vision in the right eye since early child- 
hood. Best corrected visual acuity was counting fingers at 10 cm and 1.0 in the 
right and left eyes. There was no relative afferent pupillary defect; refraction was 
-6.50 -1.25 x 110 and -0.25 in the right and left eyes. Biomicroscopic examination 
and intraocular pressures were normal in both eyes. On fundus examination, there 
was large, cupped disk, extensive peripapillary myelinated retinal nerve fibers ex- 
tending along superior vascular arcade in the right eye. Optical coherence tomog- 
raphy showed normal average peripapillary retinal nerve fiber layer (RNFL) thick- 
ness with thinning in superior quadrant and abnormal foveal contour in the right 
eye. Although MRNF not cause changes in average RNFL thickness, may cause 
to serious vision loss by abnormal foveal morphology and anisometropic myopia. 
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Myelinli Sinir Liflerinde OCT Bulgulari / OCT Findings in Myelinated Retinal Nerve Fibers 


Introduction 

Myelination of the optic nerve begins at the 32nd pregnancy 
week from the lateral geniculate nucleus and finishes at term. It 
arrives the lamina cribrosa a short time after birth [1]. Myelin- 
ated retinal nerve fibers (MRNF) are not normally found in the 
human retina, but histopathologic studies have demonstrated 
that pieces of MRNF contain oligodendrocytes [2]. Williams 
suggested that a defect in the lamina cribrosa would cause en- 
try of oligodendrocytes into the retina [2]. It was supported by 
extensive retinal myelination in animals with little or no lamina 
cribrosa [2]. 

Anisometropic myopia, strabismus, abnormal foveal morphol- 
ogy, amblyopia and reduced vision may be associated with 
MRNF [4,5]. 

In this report, we present optical coherence tomography (OCT) 
findings in a patient with unilateral peripapillary myelinated 
retinal nerve fibers. 


Case Report 

A 19-year-old male presented with low vision in the right eye 
since early childhood. Best corrected visual acuity was count- 
ing fingers at 10 cm and 1.0 in the right and left eyes. Pupils 
did not show relative afferent pupillary defect; refraction was 
-6.50 -1.25 x 110 and -0.25 in the right and left eyes. Biomicro- 
scopic examination and intraocular pressures were normal in 
both eyes. On fundus examination, there was large, cupped disk, 
extensive peripapillary MRNF extending along superior vascular 
arcade in the right eye (Figure 1). Optical coherence tomogra- 
phy (OCT) (Spectral OCT SLO, OPKO/OTI Instrumentation, Mi- 
ami, FL, USA) showed normal average retinal nerve fiber layer 
(RNFL) thickness with thinning in superior quadrant (Figure 2) 
and abnormal foveal contour in the right eye (Figure 3). In ad- 
dition, our patient has had epilepsy and chronic renal failure 
secondary to vesicoureteral reflux. 


Figure 1. Fundus photography of the patient’s right eye showed large, cupped disk, 
extensive peripapillary myelinated retinal nerve fibers extending along superior 
vascular arcade. 


Discussion 

Peripapillary MRNF can be congenital or acquired. Congenital 
retinal myelination is a developmental anomaly and the inci- 
dence in the population is 0.3-0.6%. Coexistence of MRNF and 
ipsilateral high myopia, amblyopia, strabismus, optic disk hypo- 


Figure 2. Optical coherence tomography showed normal average retinal nerve 
fiber layer thickness with thinning in superior quadrant in right eye and normal 
average retinal nerve fiber layer thickness in left eye. 


D.O.B.:Dec 13, 1995Ref. Physician: Pathology: 
Dec 13, 2013 


Figure 3. Optical coherence tomography showed abnormal foveal contour in right 
eye. 


plasia and vision loss has been reported in the literature [4,5]. 
Gharai et al. evaluated MRNF with OCT and reported that peri- 
papillary MRNF involving the macula can cause foveal ectopia, 
deprivation amblyopia and vision loss [6]. They suggested that 
foveal position can be detected only by OCT. 

In our case, OCT showed normal average RNFL thickness with 
thinning in superior quadrant and abnormal foveal contour in 
the right eye. Peripapillary MRNF extending along superior vas- 
cular arcade can explain the decreased thickness of superior 
RNEL. 

In addition, our patient has had epilepsy and chronic renal fail- 
ure secondary to vesicoureteral reflux, but this association has 
never been reported in the literature. 

In this case, low vision in the right eye with MRNF may have 
been due to foveal abnormality, anisometropic amblyopia, or 
optic disk hypoplasia. 

To the best of our knowledge, this is the first report of the OCT 
findings including peripapillary RNFL in a patient with MRNF. 
Although MRNF not cause changes in average RNFL thickness, 
may cause to serious vision loss by abnormal foveal morphol- 
ogy and anisometropic myopia. 
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Bell Palsy and Acupuncture Treatment 


Bell Palsi ve Akupunktur Tedavisi 


Bell Palsi ve Akupunktur / Bell Palsy and Acupuncture 


Bettil Battaloglu inang 
Mardin Artuklu University, Health Higher School, Meydanbasi, Mardin, Turkey 


Ozet 

22 yasinda, kiz, ebelik boliimid 6grencisi, Bell paralizi House-Breckman Evre 6 tani- 
si ile kortikosteroid ve antiviral ajanla tedavi edildi. 6 hafta sonra, House —Breck- 
man Evre 3 olan ve diizelmeyen hastaya, akupunktur tedavisi uygulandi. Akupunk- 
tur tedavisinde, lokal ve distal akupunktur noktalari, kulakta, viicutta ve yiizde kul- 
lanildi. Kulak akupunkturu, kulak dedeksiyonu ile iki seans uygulandi. 6 seans vii- 
cut ve yz akupunktur noktalarina elektro-akupunktur uygulandi. 10 seans icinde, 
fel¢li yz yarisinda tamamen diizelme oldu. ST2 noktasinda kticiik bir ekimoz olus- 
tu. Yuz simetrisi, yetiskinler, ¢ocuklar ve hamile kadinlar icin kisiler arasi cazibe- 
de etkilidir. Medikal secenekler, sekel Bell paralizili hastalarda sinirli kalmaktadir. 
Klinik ve elektrofizyolojik daha cok calismalarla, akupunkturun Bell paralizisinde- 


ki etkinligi gosterilmelidir. 
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Abstract 

A 22-year-old female patient, a midwifery student, had treatment with corticoste- 
roid and antiviral agents as soon as Bell Palsy (BP) was diagnosed (House-Breck- 
man stage 6). Six weeks later, patient didn’t recover, while in House-Breckman 
stage 3, acupuncture was perfomed and local and distal acupoints were used with 
ears, body and face. Ear acupuncture point was used two times with detection. 
In the course of six sessions body and face points were stimulated by electroacu- 
puncture. After ten acupuncture treatments, the subjective symptoms and the 
facial motion on the affected side improved. There was an spotting ecchymosis 
the ST2 points on. The symmetry of the face is a determinant of facial charm 
and influences interpersonal attraction for adults, children and pregnant women. 
Medical options for the sequelae of BP are limited. Acupuncture’s effectively in 
Bell palsy patients’ should be shown with more clinical and electrophysiological 
studies. 
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Introduction 

The incidence of Bell’s palsy globally is approximately 
30/100000 people per year. The prognosis is good, and approx- 
imately 70% of patients recover completely within 6 months 
without treatment. However, 30% of BP patients have sequel- 
ae, such as residual paresis (29%), contracture (17%), and facial 
spasm or synkinesis (16%). The incomplete recovery of facial 
symmetry can have a long-term impact on the quality of life, 
such as difficulty with drinking, eating and speaking, as well as 
psychosocial problems [1]. For children a study has indicated a 
favorable prognosis. But even with steroid therapy some were 
healed with sequelae [2]. Reports have shown that women of 
reproductive age are affected two to four times more often 
than men of the same age, and pregnant women 3.3 times 
more often than non-pregnant women. Corticosteroids in preg- 
nancy are controversial [3]. Corticosteroids are currently the 
drug of choice when medical therapy is needed. Antivirals, in 
contrast, are not superior to placebo according to the most reli- 
able studies. At the time of publication, there is no consensus 
as to the benefit of acupuncture or surgical decompression of 
the facial nerve [4]. The symmetry of the face is important for 
facial beauty and influences personal attraction for everyone. 
So, acupuncture treatment can be used to stop the developing 
sequelae. 


Case Report 

November 2013 a 22- year-old female patient presented with 
severe retroauricular pain and lingering facial movement on left 
hemifacial area. She was subsequebtly diagnosed with BP in 
the hospital. She was treated with corticosteroid and antiviral 
agents and lubricating drops as soon as diagnosed. Oral predni- 
sone and acyclovir were used in descending doses. The patient 
used these drugs, but after six weeks her illness regressed to 
House-Breckman stage 3. She was restless with her face asym- 
metry and facial inactivity. It was decided to try acupuncture 
treatment. Whole inserted needle were disposable, 0.25*25 
mm. size and inserted perpendicular to skin. Sessions were for a 
duration of 30 minutes two times in a week. ACTH point, Inter- 
ferone point, Main Omega point, Anti agression point and Anti 
depression point were detected in the dominant ear. Gold plat- 
ed needles were used ACTH, Interferone, Main Omega and Anti 
depression points. A silver plated needle was used Anti agres- 
sion point. These points responded in the first two sessions but 
not the third. The whole body and face points inserted needle by 
steel needles. ST 36, LI4 and LIV3 points were used bilaterally 
as distal acupoints. LI4 and LIV3 were used if there was pain 
and used only four sessions. ST 36 was used in every session 
with electroacupuncture. ST2, ST3, ST4, ST5, ST6, ST7, LI20, 
BL2, TW23, GB1, GB14, S118, CV24, GV26 points were selected 
and the affected face side was stimulated with electroacupunc- 
ture. Electroacupuncture was used depending on patient dura- 
bility using by 2-4 hertz stimulation and continous wave for six 
sessions. After these when muscle tonus came recovery, four 
sessions cosmetic acupuncture aplied to lift up for the face. 
BL3, BL4, extrensek 5 was used bilaterally, GV24, GB2, ying 
tang, TW 17, TW21, SI19 were used on the selected affected 
face points side. In addition, 0.16*7 mm. needles were used on 
the affected face points side, and three separate needles sank 


to extrensek 2, 3, 4 and local eye and mouth points Figure 1. 
As we told, face symmetry is a determinant of facial beauty 
Figure 2, 3. 


Figure 2. After acupuncture treatments. 


Figure 3. After acupuncture treatments. 


Discussion 

The mechanism of Bell’s palsy is an inflammatory process of 
the facial nerve leading to its compression along this narrow 
segment of the fallopian canal [4]. Clinical trials have found that 
acupuncture is at least as effective as corticosteroids in treat- 
ing Bell’s palsy [5], and that eletroacupuncture treatment at the 
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Zusanli ST36 acupoints of rats could restore the balance to the 
Th1/Th2/Th17/Treg T helper cell responses by stimulating the 
hypothalamus to increase ACTH production. This is of impor- 
tance since the hypothalamus is considered to be a key regula- 
tor of various physiological and pathophysiological processes 
including emotion, autonomic activity, and pain. B-endorphin is 
an important opioid present in brain, and electroacupuncture 
stimulation could serve as an analgesic function by activating 
ACTH and/or beta-endorphin release by the brain so resulting 
in increased hormone release [6]. In this respect ACTH and ST 
36 points can be used to reduce this inflammation, like steroids. 
Although, the etiology of BP is unknown but viral infection, vas- 
cular ischemia, or autoimmune disease has been postulated as 
possible pathomechanisms [7], for this reason it is prefered to 
use Interferone and Main Omega points to treat viral infection 
and stimulate body immune system. In order to reduce patient’s 
upset Anti agression and Anti depression points are used. And 
it is thought that endomorphin-1, beta endorphin, encephalin, 
and serotonin levels increase in plasma and brain tissue through 
acupuncture application. Increases of endomorphin-1, beta en- 
dorphin, encephalin, serotonin, and dopamine cause analgesia, 
sedation, and recovery in motor functions. And they also have 
immunomodulator effects on the immune system [8]. Face acu- 
points were prefered on or near locations acupoints, especially 
impaired movements area. Because, a collection of the activat- 
ed neural and neuroactive components distributed in the skin, 
muscle, and connective tissues surrounding the inserted needle 
is defined as a neural acupuncture unit (NAU). The neuroactive 
components are mast cells, sympathetic nerve-rich blood ves- 
sels, and small lymphatic vessels. In addition to mast cells that 
release many neuroactive mediators, including histamine, sub- 
stance P (SP), and other immune factors via a degranulation 
mechanism in response to acupuncture stimulation, other non- 
neuronal cells, including macrophages, fibroblasts, lymphocytes, 
platelets, and keratinocytes are also involved in the modulation 
of local and afferent signals of NAUs. These cells release vari- 
ous transmitters, modulators, inflammatory and immune fac- 
tors, which directly or indirectly act at corresponding receptors 
on the surface of peripheral afferent fibers [9]. For stimulated 
these neural acupuncture unit effectively used electroacupunc- 
ture. This application is, significant clinical efficacy on periph- 
eral facial paralysis and there are no any significant differences 
in the efficacy among the different waveforms [10]. This is es- 
pecially true for muscles under continuous tonic contraction. 
The inhibition of the muscle tone by acupuncture stimulation 
may be related to the functional recovery of the facial nerve 
and associated muscles [11]. Also, the post-stroke depression 
(PSD) can be ameliorated by electro-acupuncture treatment and 
that the PSD improvement of stroke patients with good motor 
grade is greater than that of stroke patients with poor motor 
grade [12]. As a result, we evoked the suffering damage or not 
to recovery completely nerves, also, acupuncture arenged the 
humoral mechanism. Our aim is to evaluate the safety and ef- 
ficacy of acupuncture on the sequelae of BP, patients’ happiness 
and face’s beauty. Especially, if patients do not to want to use 
medical treatments or their special conditions (child, pregnancy, 
another disease or diseases) do not suitable for to use medi- 
cal treatments or if there was a complications, acupuncture 


should prefered. We thought that, all methods should use for 
the disease treatment is important. But, of course, studies may 
require large, randomized, and placebo-controlled clinical trial 
with sufficient, efficacy and its mechanisms follow-up time. And 
to choose a valid and credible control procedure and to follow 
CONSORT checklist and STRICTA recommendations will im- 
prove the quality of acupuncture studies [13]. 
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6zet 

Altmis dokuz yasinda retinitis pigmentoza tanis! olan erkek hasta poliklinigimize 
basvurdu. Yapilan muayenede fundoskopi retinitis pigmentoza ile uyumluydu. Ma- 
kula 6demi saptanan hastaya, makiiler anatominin incelenmesi icin optik koherens 
tomografi ve maktiler fonksiyonlar icin mikroperimetri testleri uygulandi. Optik ko- 
herens tomografi ile makulada kronik 6demi destekler bulgular saptandi. Mikro- 
perimetri ile santral 20 derecelik alanda ortalama retinal duyarlilik her iki gézde 
8-10 desibel dlctildii. Bu makalede retinitis pigmentoza zemininde kronik makula 
6demi olan bir olgunun, retinal fonksiyonlarin degerlendirilmesinde mikroperimet- 


rinin 6neminin vurgulanmasi amaclanmistir. 


Anahtar Kelimeler 
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Abstract 

Sixty-nine year old male patient with a diagnosis of retinitis pigmentosa admit- 
ted to our clinic. In ophthalmologic examination fundoscopy was compatible with 
retinitis pigmentosa. For evaluation of macular edema, optical coherence tomog- 
raphy and microperimetry were performed to examine the structure and func- 
tion of the macula. Chronic macular edema findings were obtained with optical 
coherence tomography. By microperimetry, mean retinal sensitivity in the central 
20 degrees of both eyes was measured 8-10 decibels. The aim of this study is, to 
emphasize the importance of microperimetry for the evaluation of retinal function 


in a patient with macular edema secondary to retinitis pigmentosa. 
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Giris 

Retinitis pigmentoza (RP) terimi, esas olarak fotoreseptorlerin 
ve retina pigment epitelinin (RPE) etkilendigi heterojen bir grup 
genetik retinal bozukluklari kapsamaktadir [1]. RP yavas ilerle- 
yen bir hastalik olup tipik olarak rodlar, konlardan once etkile- 
nir. Dolayisiyla periferik gorus ve gece géruisi bozulmus olma- 
sina ragmen, ileri evrelere kadar merkezi gorme korunabilir. RP 
olgularda izole olarak gelisebildigi gibi, bir takim sistemik has- 
taliklarla da beraberlik gésterebilir. Otozomal dominant, otozo- 
mal resesif ve X’e bagli kalitilabilen ve RP ile iliskilendirilmis gok 
sayida gen mevcuttur. Hi¢bir aile hikayesi bulunmadan da RP 
gelisen olgular mevcuttur. RP’li olgularda kistoid makula 6demi 
(KMO) ve epiretinal membran gibi komplikasyonlar gelistiZinde 
beklenmedik sekilde merkezi gorme de etkilenebilir [2]. 

RP’nin iyi bilinen komplikasyonlarindan biri olan KMO, yakla- 
sik %10-40 olguda gortilmekte olup, hastalarda gelisen bula- 
nik gorme ve gorme keskinliZinde azalmanin yani sira ileri ev- 
rede gelisen atrofik fovea degisikliklerinden de sorumludur [3]. 
RP’li olgularda gelisen KMO yénetiminde cok cesitli tedavi mo- 
daliteleri mevcut olmakla beraber, genel kabul gormis olanlari 
arasinda sistemik ve topikal karbonik anhidraz inhibitorleri, int- 
ravitreal triamsinolon asetonid ve vitrektomi uygulamalari sa- 
yilabilir[4]. 

Geg¢mis birgok galismada, retinal fonksiyonun degerlendirilme- 
si icin en iyi diizeltilmis gorme keskinligi (EIDGK) kullanilmistir. 
Ancak gtintimiizde makulopatili olgularda retinal fonksiyonu de- 
gerlendirme yontemi olarak mikroperimetri ile retinal duyarlilik 
olculebilmektedir. 

Bu makalede yillar 6nce RP tanisi almis ve tig yildir KMO mevcut 
olan bir olguda mikroperimetri bulgularinin sunulmasi amaglan- 
mistir. 


Olgu Sunumu 

Altmis dokuz yasinda erkek hasta yaklasik 20 yasindan beri RP 
tanis! oldugunu ve dizenli bir takibi olmadigini belirterek mu- 
ayene olmak Uuzere poliklinigZimize basvurdu. Herhangi bir sis- 
temik hastalig1 olmadigini belirten hastanin yapilan oftalmolo- 
jik muayenesinde, EIDGK her iki gézde snellen eseliyle 0.7 olup 
refraksiyon sa& g6zde -0,75x105 diyoptri, sol gozde emetroptu. 
Biyomikroskopide her iki g6zde pupil kenarlarinda psddoeksfol- 
yasyon, kapsiler kese icinde arka kamara g6z ici mercegi, irido- 
donezis ve psddofakodonezis mevcut olup ilave olarak sag g6z- 
de géz ici mercegi kapsiluyle birlikte temporale sublukse olarak 
izlendi. Fundoskopide her iki g6zde yaygin RPE atrofisi, midperi- 
ferde tipik konsantrik sekilli, kemik spikiili tarzinda pigmentas- 
yon, vaskiler yapilarda incelme, tipik balmumu optik disk goru- 
nuimii ve makulada 6dem izlenmekteydi (Resim-1). Goldman ap- 
lanasyon tonometresiyle dlculen g6z ici basinc! sag goézde 15 
mmHg, sol gézde 18 mmHg'di. 

Hastaya spektral domain optik koherens tomografi (SD-OKT) 
ile makula incelemesi yapildi. Her iki g6zde kronik kistoid maku- 
la 6demi mevcut olup i¢ segment/dis segment birlesimi (iS/OS 
bandi) devamliligin! koruyordu. ilave olarak sol gézde, belirgin 
bir traksiyon etkisi olmamakla birlikte foveada i¢ limitan memb- 
ran kalinlasmasi mevcuttu (Resim-2). 

Hastanin mikroperimetri testi MP-1 ile yapildi. Zemin aydinlat- 
masi 4 apostilb olarak ayarlandi. Gésterim zamani 200 milisa- 
niye olan 33 adet Goldman III uyarani santral 20 derecelik alan- 


da 4-2 stratejide uygulandi. Uyaranlarin siddeti O desibel ile 20 
desibel araligindaydi. Fiksasyon icin 1 derece genisliginde kir- 
mizi halka isareti kullanildi. Her iki gozde de 6lgim alaninin pe- 
rifer kisminda retinal duyarlilik O desibel olarak saptandi. Sag 
gozde en yiksek retinal duyarlilik 13 desibel, sol gézde ise 16 


desibel olarak ol¢iildii. Her iki gozde fiksasyon santralize ve sta- 
bildi (Resim-3). 


Resim 1. Fundoskopide tipik RP bulgularina ilave makula 6demi izlenmektedir. 


Resim 2. SD-OKT ile yapilan makula incelemesinde her iki gozde makula 6demi, iS/ 
OS bandinin devamliligini korudugu ve sol gézde ic limitan membran kalinlasmasi 
izlenmektedir. 


Examination MICROPERIMETRY 
Date 5/9/2013 1:36:23 PM 
Note 


Eye 


Duration 6m 46s 


Test 
Normal 


Background 
White 


Fixation target 
Circle, 1° 


Reliability test 
Not Available 


Pattern 
normal 20° 16d8 (3) 


Thresh, strategy 
42 


Stimulus ° 
Goldmann fll (200 ms) 


Examination MICROPERIMETRY Eye: 
Date. 69/2013 1:48:25 PM Duration: 
Note: 


Test 
Normal 


Background 
White 


Fixation target 
Circle, 1° 


Reliability test 
Not Available 


Pattern 
normal 20° 16dB (33) 


Theesh. strategy 
42 


Stimulus ° 
Goldmann Wl 200 ms) 


Alteruston scale (a6) 


Resim 3. Mikroperimetri ile her iki g6zde de foveanin periferinde retinal duyarliligin 
olmadigi saptandi. 
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Hastamiz, makula 6demine yonelik tedavi 6nerildiZinde, gorme 
seviyesinden memnun oldugunu, daha once topikal dorzolamid 
ve sistemik asetazolamid tedavisi aldigini, sonrasinda go6z ici 
enjeksiyon 6nerildigini ancak kendisinin kabul etmedigini belir- 
tip tedaviye yonelik herhangi bir girisimi yine kabul etmeyece- 
gini belirtmistir. 


Tartisma 

Sundugumuz olgu tipik bir KMO gelisimi ile komplike ol mus RP 
olgusudur. RP’li olgularda merkezi gormenin yitirilmesine sebep 
olabilecek en 6nemli sebeplerden biri olan KMO gelisimi, bu ol- 
guda belirgin gorme keskinligi diisUstine sebep olmamistir. Mer- 
kezi gormenin korunmasina sebep, SD-OKT ile saptadigimiz, iS/ 
OS bandinin korunmus olmas! olarak yorumlanabilir. 
Olgumuzda makular duyarliligin degerlendirilmesine yonelik 
giincel bir yontem olan MP-1 mikroperimetri testi yapilmistir. 
Gunimizde artik bilinmektedir ki, gorme keskinliginin iyi dizey- 
de olmasi retinal duyarliligin da iyi olacagi anlamina gelmez. Ya- 
pilan bir galismada, santral ser6z koryoretinopati gelisimi son- 
ras, makula normal yapisal gortinume kavusup gorme keskinli- 
gi normal dizeye gelmis olsa bile, retinal duyarliligin dustik kal- 
digi saptanmistir [5]. Son zamanlarda, mikroperimetri, RP’li ol- 
gularda yapilan klinik arastirmalar icin makular fonksiyonun po- 
tansiyel bir géstergesi olarak kullanilmaktadir [6]. Yine bizim ol- 
gumuzda saptadigimiz retinal duyarlilik paternine benzer sekil- 
de, RP’li olgular tzerinde yapilan bir galismada foveal ve parafo- 
veal bolgede normal retinal duyarliliklar saptanirken, merkezden 
uzaklastik¢a retinal duyarliligin azaldigi saptanmistir [6]. RP’nin 
yani Sira, yasa bagli makula dejenerasyonu gibi hastaliklarda da 
mikroperimetri sayesinde, yapisal ve morfolojik degisikliklerin 
fonksiyon ile iliskisi ortaya konabilmektedir [7]. 

Makula 6demli olgulardaki retinal duyarlilik ve makula kalinli- 
81 arasinda korelasyon oldugunu belirten yayinlar da mevcut- 
tur [8]. Bu calismalara gore makula kalinligi arttikca retinal du- 
yarlilik beklenecegi izere diismektedir. Yine yazarlarin 6nerile- 
rine gére, mikroperimetri, gorme keskinligi ve OKT kalinligina 
yonelik daha prediktif ve kantitatif fonksiyonel 6lcum degerleri 
sundugu icin, gorme keskinliginden daha degerli bir fonksiyonel 
test olarak degerlendirilmektedir [8]. 

Mikroperimetri retinal duyarliligin yaninda, retinal fiksasyon 
ozelliklerine yonelik, fiksasyon yeri ve stabilitesi hakkinda da bil- 
giler vermektedir. Fiksasyon yeri ve stabilitesi, hastanin gorme 
kalitesini ve 6zellikle okuyabilme yetenegini saptamamiza yara- 
yacak olan, hastanin yasam kalitesiyle direkt iliskili parametre- 
lerdir. Gorme keskinligi tam diizeyinde olan olgularda bile, mik- 
roperimetri ile saptanan retinal duyarlilik 1 desibelden 20 desi- 
bele kadar degiskenlik gosterebilmektedir [8]. Dolayisiyla RP’li 
olgularda gorme keskinligi iyi diizeylerde olsa bile hastalar sub- 
jektif sikayetlerle basvurabilirler ve gérme kalitesini saptamada 
mikroperimetri giinimiizde en faydali yaklasim olacaktir. 


Cikar Cakismasi ve Finansman Beyani 
Bu calismada cikar gakismasi ve finansman destek alindigi be- 
yan edilmemistir. 
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Ozet 

idyopatik eruptif makiiler pigmentasyon (EMP) boyun, gévde ve proksimal eks- 
tremitelerde asemptomatik hiperpigmente makiillerin izlendigi nadir goriilen bir 
tablodur. Gévdede yerlesen hiperpigmente makiillerin ayirici tanisinda dtistinil- 
mesi gereken bu durum da spontan gerileme nedeniyle spesifik bir tedavi 6ne- 
rilmez. Burada klasik yerlesimi ve bulgular! ile IEMP tanili 4 yasinda bir kiz gocu- 


§u sunulmustur. 
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Abstract 

Idiopathic eruptive macular pigmentation (IEMP) is a rare diagnosis in which 
asymptomatic, hyperpigmented macules are seen in neck, trunk and proximal 
extremities. There is no spesific treatment of this condition which is in the differ- 
ential diagnosis of hyperpigmented macules in trunk, as spontaneous regression 
is common. We herein present a 4 year old girl with classic location and findings 


of IEMP. 
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Giris 

ilk olarak 1978 yilinda Degos ve ark. tarafindan tanimlanan 
idyopatik eruptif makiiler pigmentasyon (IEMP) boyun, govde 
ve proksimal ekstremitelerde asemptomatik hiperpigmente 
makillerle seyreder [1]. Nadir gériilen bu durum daha cok cocuk 
ve adolesanlarda goriltir. Patogenez halen bilinmemektedir. 
Glines goérmeyen bélgelerde de olmasi sebebiyle etyoloji de 
giines isinlari suglanmamistir. Melanozisi tetikleyen hormon- 
al nedenler olabilecegi 6ne siriilmustir [2]. Ayrica olgularda 
erken baslangi¢ yasina ragmen aile 6ykiisi olmamasi herediter 
nedenlerden de uzaklastirmistir [3]. 


Olgu Sunumu 

Dort yasinda kiz gocugu 1 aydir omuzlarinda baslayip giderek 
kollar! ve karnina yayilan soluk gri-kahverengi lekeleri sebe- 
biyle poliklinigimize basvurdu. Hastanin ailesinden lezyonlarin 
kasintisiz oldugu, lezyonlarin baslangicinda kizariklik, kepe- 
klenme ve kabariklik olmadigi 6renildi. ilac éykiisti yoktu. Der- 
matolojik muayenesinde gévde 6n-arka yiizde boyun ve Ust 
kollarda ¢ok sayida, 5-15mm boyutlarinda, lentikiiler paternde 
flu sinirli, oval, kahverengi-gri renkli makuller izlendi (Resim 
1A-C). Darier bulgusu negatifti. Lezyonlar Wood bakisi ile hafif 
belirginlesmekteydi. Yapilan histopatolojik inceleme sonucu ba- 
zal tabakada pigment artisi, dermal melanofajlar ve inflamatu- 
var hiicrelerin yoklugu sebebiyle IEMP tanisi konuldu (Resim 2A, 
B). Hasta tedavisiz takibe alindi. 


Tartisma 
Goévdede yerlesen kahverengi makillerin ayirici tanisina tinea 
versikolor, urtikerya pigmentoza, inkontinensiya pigmenti, er- 


Resim 1. Gévde 6n yiizlerde (A), yan yiizlerde (B) ve arka yiizde (C) yaygin lentikiler 
paternde flu sinirli, oval kahverengi-gri renkli makiiller 


Resim 2. Epidermiste bazal tabakada eslik eden inflamasyon olmadan pigment 
artisi (x4, Hematoksilen ve eozin boyamasi) (A), 2b (x10, Hematoksilen ve eozin 
boyamas)) (B) 


itema diskromikum perstans, jeneralize fiks ilag erupsiyonu, 
liken planus pigmentozus, segmental lentijin6éz, kafeola lekeleri, 
iEMP gibi pek cok hastalik girer [4]. Olgumuzda, skuam eslik 
etmedigi ve Wood inceleme negatif oldugu icin tinea versicolor; 
Darier bulgusu negatif ve biyopside mast hicreleri izlenmedigi 
igin Urtikerya pigmentoza; lezyonlarin baslangic¢ yasi, hikayede 
vezikilasyon-verrtkoz lezyonlar gibi tipik kronolojik gelisim 
dykiisu olmamasi ve makillerin konfigdrasyonu sebebiyle inkon- 
tinensiya pigmenti; ilag 6ykUsti olmamasi ve hig eritem tarif ed- 
ilmemesi nedeniyle fiks ilag erlipsiyonu, segmental/dermatomal 
yayilim olmadigi icin segmental lentijinéz; yamadan ¢ok len- 
tikiler patern olmasi ve yaygin yayilim sebebiyle kafeola lekeleri 
dislanmistir. Liken planus pigmentozus, liken planus’un nadir 
gorilen bir varyanti olarak siklikla giines goéren bélgelerde hip- 
erpigmente makiller seklinde gériliir [5]. Eritema diskromikum 
perstans ise kil renginde, kenarlari baslangi¢ta hafif kabarik ve 
eritemli olan, birlesme egiliminde, makillerin izlendigi idyopatik 
hipermelanozis tablosudur [6]. Her iki hastaliginda histopatolo- 
jisinde bazal-suprabazal keratinositlerde matiir melanozomlar, 
bazal lamina bitinliguniin bozulmasi, vakuoler dejenerasyon, 
kolloid cisimcikler, hafif likenoid dermal bir infiltrasyon gorule- 
bilir. Olgumuzda lezyonlarin yaygin dagilimi, eritem izlenmeme- 
si ve histopatolojik goriinum ile her iki tabloda diistnilmemistir. 
Galdeona ve ark. yayinladiklar! olgu serisinde IEMP tanisi icin 
belli kriterlerin karsilanmasi gerektigini belirtmistir [7]. Bu krit- 
erler, (1) gocuklarda govde, boyun ve proksimal ekstremitelerde 
kahverengi birlesmeyen asemptomatik makiller olmasi, (2) 
oncesinde inflamatuvar lezyonlar gériilmemesi, (3) ilag oykiisi 
olmamasi, (4) epidermiste bazal hicre tabakasinda hiperpig- 
mentasyon ve likenoid infiltrat ya da bazal tabaka hasari ol- 
madan belirgin dermal melanofajlarin gorulmesi ve (5) mast 
hiicre sayisinin normal olmasi seklinde bildirilmistir. 

IEMP’de histopatolojideki tipik bulgular hiicresel infitrat ol- 
madan bazal tabakada pigment artis! ve Ust dermiste melano- 
fajlar gortilmesidir [1,7]. Bazi vakalarda eslik eden papillama- 
tozis bildirilmistir [8]. 

Nadir gériilmesi sebebiyle EMP icin kanita dayali, basarili teda- 
viler bildirilmemistir. Olgu sunumlari ve olgu serilerinde aylar- 
yillar iginde kendiliginden gerileyebilen bu lezyonlarda spesifik 
bir tedavi 6nerilmez. Ancak ilging olarak 21 yil takip edilen olgu 
da bildirilmistir [3]. Bu olguda topikal kortikosteroidler, tretinoin 
krem ve Kligman formulii denenmis ve basarisiz bulunmustur. 
Biz de olgumuzda tedavisiz izlem yapmay! tercih ettik. 


Sonuc 
Ozellikle gocuk ve adolesanlarda gévdede yerlesen hiperpig- 
mente makiillerin ayirici tanisinda IEMP’de diisiiniilmelidir. 
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idyopatik Eriiptif Makiiler Pigmentasyon / Idiopathic Eruptive Macular Pigmentation 


Cikar Cakismasi ve Finansman Beyani 
Bu calismada ¢ikar cakismasi ve finansman destek alindigi bey- 
an edilmemistir. 
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Akalazya, Para6dzofageal Divertikil 
ve Dekstrokardi Birlikteligi 
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Ozet 

Akalazya, 6zefagusun motor fonksiyon bozuklugudur. Tedavisi oldukca yz giildii- 
ruciidiir. Akalazya olgularinda artan alt 6zofagus sfinkter basincina bagli olarak 
6zofagusta divertikiller izlenebilmektedir. Biz akalazya, paradzofageal divertikiil 
ve ayni zamanda dekstrokardi olan bir olguyu sunuyoruz. 23 yasinda erkek has- 
ta gogtis agrisi, carpinti ve yutma zorlugu sikayetleriyle poliklinigimize basvurdu. 
Hastaya yapilan 6zofagus pasaj grafisinde 6zofagus distalinde kus gagas! gorti- 
nimi izlendi. Ozofagus distal kesiminde divertiktil izlendi. Yapilan endoskopide ke- 
sici dislerden itibaren 38. cmde icinde gida artiklar! bulunan paraézofagial diver- 
tikil izlendi. Bu tetkikler sonucunda hastaya akalazya ve paradzofageal divertikiil 
tanis! konuldu. Gogiis agrisi ve carpinti sikayetleri icin kardiyoloji konsiiltasyonu 
alindi. Yapilan transozofageal ekokardiyografide dekstrokardi izlendi. Hastaya ba- 
lon dilatasyon tedavisi uygulandi. Dekstrokardi durumunda kalp yapisal olarak ge- 
nellikle normaldir. Bu tip anomalinin sérvi Uzerine kisaltici etkisi yoktur. Baska kon- 
jenital malformasyonlarla birlikte gértilebilir. Dekstrokardiye akalazya ve para6zo- 
fageal divertikul eslik edebilmektedir. Eger konjenital anomaliler tespit edilirse, di- 
ger olasi yapisal hastaliklar akla getirilmelidir. 


Anahtar Kelimeler 
Akalazya; Paraézofageal Divertiktil; Dekstrokardi 


Abstract 

Achalasia is a disorder of motor function of the esophagus. Its treatment is the 
quite gratifying. Depending on increasing lower esophageal sphincter pressure, 
esophageal diverticula can occur in patients with achalasia. We report achalasia, 
paraesophageal diverticulum and also offer a patient with dextrocardia. 23 year 
old male patient was admitted to our outpatient clinic with following complaints; 
chest pain, palpitations and difficulty swallowing. The bird’s beak appearance was 
observed to in the distal esophagus in contrast barium graphy. The diverticulum 
was viewed in the distal part of esophagus. Paraesophageal diverticulum situ- 
ated in food scraps was viewed at 38 cm from the incisors on the endoscopy. It 
was diagnosed with achalasia and paraesophageal diverticulum to patient as a 
result of this examination. Cardiology consultation was requested for complaints 
of chest pain and palpitation. Dextrocardia was viewed in the transesophageal 
echocardiography. It was applied balloon dilation therapy to patient. The heart 
is usually structurally normal in the case of dextrocardia. This type of anomaly 
is not life-shortening effect on. They may be associated with other congenital 
malformations. Achalasia and paraesophageal diverticulum may be associated 
with dextrocardia. If congenital anomalies was detected, other possible structural 
diseases remind. 
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Akalazya / Achalasia 


Giris 

Akalazya, 6zefagusun en iyi bilinen ve tedavisi en yiz giildurticti 
olan motor fonksiyon bozuklugudur [1]. Achalasia kelime olarak 
gevseme guiclugii anlamina gelmektedir. Akalazyada artan alt 
ozofagus sfinkter basincina bagli olarak 6zofagusta divertikil- 
ler izlenebilmektedir [2]. Burada akalazya, paraézofageal diver- 
tikil ve ayn! zamanda dekstrokardi olan bir olguyu sunuyoruz. 


Olgu Sunumu 

23 yasinda erkek hasta gogus agrisi, ¢arpinti ve yutma zorlu- 
gu sikayetleriyle kliniZimize basvurdu. Alinan anamnezde hasta- 
nin kati gidalar! yutmakta zorlandigi ve sivi gidalar ile yutmay! 
kolaylastirdigini ifade etmekteydi. Ayrica zaman zaman sindiril- 
memis gidalarin agzina gelmesinden sikayetciydi. Hastaya ya- 
pilan 6zofagus pasaj grafisinde 6zofagus distalinde kus gaga- 
s! goruinuimt, liimende kontrast stazi ve distal kesim komsulu- 
gunda dolma fazlaligi (divertikul) izlendi (sekil 1-2). Yapilan en- 
doskopide kesici dislerden itibaren 38. cmde icinde gida artik- 


Resim 1. 


et | 


Resim 2. 


lar! bulunan para6zofagial divertikiil izlendi. 42. cmde Z hattin- 
dan zorlanarak mideye gegildi. Bu tetkikler sonucunda hastaya 
akalazya ve paradzofageal divertikul tanis! konuldu. G6giis ag- 
risi ve Garpinti sikayetleri icin kardiyoloji konsiiltasyonu yapildi. 
Hastanin transézofageal ekokardiyografi incelemesinde (sekil 
3) dekstrokardi, persistan sol vena cava superior ve trikiispit la- 
teral anulusta ekojenite artis! izlendi. Kardiyoloji tarafindan ta- 
kibe alinan hastaya akalazya acisindan balon dilatasyon tedavi- 
si uygulandi. Sikayetlerinde rahatlama olan hasta kontrole gel- 
mek iizere taburcu edildi. 


Resim 3. 


Tartisma 

Dekstrokardi durumunda kalp yapisal olarak genellikle normal- 
dir. Bu tip anomalinin yasam stiresi Uzerine kisaltici etkisi yok- 
tur. Baska konjenital malformasyonlarla birlikte gérilebilirler 
[3]. Bizim olgumuzda sunuldugu gibi dekstrokardiye akalazya ve 
paraézofageal divertikiil eslik edebilmektedir. Konjenital mal- 
formasyonlarin birlikteligini gosteren genis hasta serileri bulun- 
mamaktadir. Daha cok olgu sunumlari seklinde literatiirde yer 
almaktadir. Bilgilerimize gore akalazya, dekstrokardi ve para- 
ozofageal divertikiil birlikteliZi daha Once literatiirde yer alma- 
maktadir. Gortisimuze gore bu birliktelik bir sendromdan éte 
senkron bir hastaliga isaret etmektedir. Akalazya nedeniyle alt 
ozofageal basinctaki artis paradzofageal divertikiile neden ol- 
mus olabilir. Ayrica kalbin sag rotasyonu da divertikil olusan ta- 
rafta destek dokusunun azalmasina yol agarak bu siireci hizlan- 
dirdigi olasiligi distinilmektedir. Konjenital anomalilerin sap- 
tandigi durumlarda diger olasi yapisal hastaliklar agisindan dik- 
katli olunmalidir. 


Cikar Cakismasi ve Finansman Beyani 
Bu calismada cikar gakismasi ve finansman destek alindigi be- 
yan edilmemistir. 
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Bu calisma 20.Ulusal Kanser Kongresi, Antalya. 2013'de poster olarak sunulmustur. 


Ozet Abstract 
Prostat kanserinin molekiiler mekanizmalarin anlasilmasiyla son zamanlarda kast- Due to knowledge about molecular mechanisms of prostate cancer new agents 
raston rezistans prostat kanserinde yeni ajanlar tedaviye eklenmistir. Bu tedavile- have joined the treatment protocols of castration-resistant prostate cancer in 


re bagli olarak nétropeni, yorgunluk, gastrointestinal semptomlar ve néropati gibi Peeve vez) Celuplites deli: eiicnelsntonieiea ie vesaaies este ussedinell Seid 


toms and neuropathy may occur depending on these therapy models. Estramustin 
komplikasyonlar gelisebilmektedir. Estramustin uzun siiredir prostat kanserinde oes : 2 o 
is known as an orally used drug with few adverse effects in treatment of prostate 
oral olarak kullanilan ve yan etkileri az olan bir ilagtir. Bu yazimizda dosetaksel 
cancer for a long time. In this article we aim to present the use of estramustin in 
sonras! progrese olan bir hastamizda estramustin kullanimi, estramustinin uzun 
a patient with progression after docataxel and discuss the effect of long-term use 
siireli progresyonsuz sagkalim katkisi ve prostat kanserinin bu evresinde bir teda- a F , 4 ‘ , 
of estramustin in survival without progression and to emphasize that it can be an 


po Maver eb) east) Ul ilemehce uaa EET alla L nr alternative treatment modality in this stage of prostate cancer. 
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Giris 

Prostat kanseri erkeklerde en sik goriillen ve kanser nedenli 
oliimlerin ikinci sikliktaki nedenidir [1]. Erken evre prostat kan- 
seri lokal tedaviler sonrasi lokal veya uzak niks gelisebildigi gibi 
hastalarin % 10-20’si metastatik hastalik ile tani alirlar. Metas- 
tatik hastalarda hormonal tedavi ile uzun siireli hastalik kontro- 
lu saglanmasina ragmen 18-24 ay icinde hastalarin gogunlugu 
progrese olur [2]. 

Prostat kanserinin molekiiler mekanizmalarin anlasilmasiyla 
son zamanlarda kastraston rezistans prostat kanserinde (KRPK) 
yeni ajanlar tedaviye eklenmistir. Bu ajanlar iki sitotoksik ajan 
Dosetaksel ve Kabazitaksel, iki hormonal ajan Abiraterone ve 
Enzulatamide, alfa-emitting radyofarmasétik Alpharadin ve im- 
min tedavi Sipuleucel-T yer almaktadir. Bu tedavilere bagli ola- 
rak notropeni, yorgunluk, gastrointestinal semptomlar ve néro- 
pati gibi komplikasyonlar gelisebilmektedir [3]. Ozellikle yasli 
hastalarda bu tedaviler tolere edilememektedir. 

Estramustin estradiol ve nornitrojen mustardin konjuge formu- 
dur. Mikrotibil iliskili proteinlere baglanarak sitotoksik etkisini 
gésterir. Uzun suredir prostat kanserinde kullanilan bu ilag oral 
olarak kullanilabilmektedir [4]. 

Bu yazimizda KRPK’li Dosetaksel sonrasi progrese olan bir has- 
tamizda Estramustin kullanimi, estramustinin uzun siireli prog- 
resyonsuz sagkalim katkisi ve prostat kanserinin bu evresinde 
bir tedavi alternatifi olabilecegi vurgulamak amaciyla tartisil- 
mistir. 


Olgu Sunumu 

Yaygin kemik agrisi nedeniyle kliniZimize basvuran 75 yasindaki 
erkek hasta 15 yil 6nce prostat kanseri nedeniyle opere edilmis. 
Klinigimize basvurusundan iki yil 6nce yaygin kemik agrisi bas- 
lamis basvurdugu saglik kurumunda multip! kemik metastazlari 
ile birlikte PSA artisi saptanarak tespit edilen hastaya leuproli- 
de asetat 11.25 mg/ 3 ayda bir ve bikalutamid 50 mg/giin bas- 
lanmis. Hastanin klinigimize basvurusundaki laboratuvar incele- 
mesinde BK:7.75 103/mm3, RBC: 4.91 106/mm3, HGB: 12.7 g/ 
dL, HCT: % 38.2, MCV:77.8 um3, PLT: 268 103/mm3, BUN:15 
mg/dL, Kreatinin: 1.0 mg/dL, LDH:316 U/L, AST:45 U/L, ALT:20 
U/L PSA: >153.0 ng/dL olarak tespit edildi. Klinigimizde yapilan 
sintigrafik incelemede yaygin kemik metastazlari tespit edildi 
ve fraktiir riski nedeniyle her iki femur proksimaline 3000 cGy 
palyatif radyoterapi uygulandi. Hastaya dosetaksel 75 mg/m2 
21 giinde bir ve prednisolon 5mg/giinde 2 defa strekli baslan- 
di. Bu kemoterapi protokolii 4 siklus uygulandi. PSA degerle- 
rinde gerileme olmadi. Hastaya estramustin 280 mg/giinde 3 
defa baslandi. Takibinde PSA 1.8 ng/dLye kadar geriledi (Sekil 
1). Estramustini tg yil kullanan hastada grad 3-4 yan etki g6z- 
lenmedi ve takibi halen devam etmektedir. 


Tartisma 

KRPK prognozu kotii bir hastaliktir ve medyan yasam siiresi 10- 
12 aydir. KRPK’inde sitotoksik kemoterapi sonuclari iyi olma- 
makla birlikte dosetaksel kullanimi ile daha yiiksek yanit oran! 
ve daha uzun medyan yasama siresi elde edilmistir [5]. 

KRPK hastalarda 2004 yilinda dosetakselin etkinligi TAX-327 
calismasi ile gésterilmistir. Bu ¢alismada dosetaksele mitok- 
santrone karsilastirilmis ve 18,9 aya karsilik 16,5 ay ile dose- 
taksel tedavi kolunda medyan yasam suresi daha fazla bulun- 
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Sekil 1. Tedavi altinda hastanin PSA degerlerinin degisimi 


mustur [5]. Pterylak ve ark. [6] dosetaksel estramustin kombi- 
nasyonuna kars! mitoksantrone prednizon kombinasyonu 17,5 
aya karsilik 15,6 ay ile medyan yasam siresi acisindan Ustiin ol- 
dugunu géstermislerdir. Dagher ve ark. [7] dosetaksel prednizon 
kombinasyonu ile mitoksantron prednizon kombinasyonunu kar- 
silastirmislardir. Medyan yasam suresini dosetaksel lehine 18,9 
aya karsilik 16,5 ay daha uzun bulmuslardi [7]. 

Dosetakselin Ustiin gériinmesine ragmen yarari sinirlidir ve 
mutlak yasam siiresi avantaji 2,4 aydir. TAX-327 calismasina 
alinan hastalardan progrese olanlar ile diger kola gecilerek te- 
davi devam edenler degerlendirildiginde yasam stiresi bakimin- 
dan farklilik tespit edilmemistir. TAX-327 calismasinda grad 3-4 
notropeni % 32 ve febril notropeni % 3 oraninda tespit edilmis- 
tir. Sinirl! yararina ragmen KRPK hastalarinda dosetaksel stan- 
dart tedavi olma egilimindedir [5]. 

KRPK de giinimiizde artan oranda yeni tedavi ajanlari rutin kul- 
lanima girmektedir. Dosetaksel bazli kemoterapi sonras! prog- 
rese olan hastalarda hem Abirateron hem de kabazitakselin et- 
kinligi gdsterilmistir. Kabazitaksele bagli hastalarin %82’inde 
grade 3 nétropeni gozlenirken; abiraterona bagli sivi retansiyo- 
nu ve 6dem gozlenmistir [8]. Mevcut toksisiteler bu ilaglarin ile- 
ri yastaki hastalarda kullanimi giiclestirmektedir. Ayn! zamanda 
bu ilaglar yan etkilerinin yaninda yuksek tedavi maliyetlerini de 
getirmektedir. Estramustin KRPK’de monoterapi olarak kullani- 
mi bir cok prospektif ve retrospektif calismada arastirilmis ve 
etkinligi gosterilmistir [4]. 

Matsomoto ve ark. [4] 102 hastalik retrospektif arastirmalarin- 
da hastalarin %68.6‘sinda 4 haftalik indiiksiyon tedavisi son- 
ras! PSA degerlerinde diisme oldugu gosterilmistir. Hastalarin 
%29.4‘tinde 6 aydan daha uzun sireli yanit elde edilmistir. Est- 
ramustin kullanimi ile gorilen yan etkiler bulanti, jinekomasti ve 
karaciger disfonksiyonudur. Bu galismada yan etkiler nedeni ile 
tedaviyi birakanlarin orant %10.8'dir. Bu calismanin sonucunda 
uzun sureli hormanl tedavi alan hastalarda Estramustunin bir 
tedavi secenegi olabilecegi one surtilmisttr. 

Hastamiz hormonal tedavi ile iki yil remisyonda kalmistir. Hor- 
monal tedavi ile medyan yanit siiresi 18 aydir. Hastamizda g6- 
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receli olarak hormanal tedaviye uzun siireli yanit devam etti. 
Estramustin’e iyi yanit vermesi bununla iliskili olabilir. 

Hormon rezistans metastatik prostat kanserli hastamizda do- 
setaksel sonrasi Estramustin kullanimi ile uzun sureli progres- 
yonsuz takip elde edildi. Estramustin KRPK hastalarinda 3. ba- 
samakta givenilir ve diisik maliyetli bir segenek oldugunu di- 
sunuyoruz. 


Cikar Cakismasi ve Finansman Beyani 
Bu calismada cikar gakismasi ve finansman destek alindigi be- 
yan edilmemistir. 
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Ozet 

Aort koarktasyonu kompleks formunun tedavisi icin cesitli yaklasimlar ve cerrahi 
teknikler 6nerilmektedir. Cerrahi diizeltme gerektiren ek kardiyovaskiler bozukluk 
oldugunda lezyonlarin ayni kesiden ayn anda diizeltmesi tercih edilir. Bu yazida, 
komplike aort koarktasyonlu olguda median sternotomi ile gerceklestirilen asen- 
dan- desendan aorta bypass grefti teknigi ve eszamanli ek kardiovaskiiler bozuk- 


luk onarimini anlattik. 
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Abstract 

A variety of approaches and surgical techniques have been proposed for the 
management of complex form of aortic coarctation. When there is an additional 
cardiovascular disorder that requires surgical correction it is preferable to correct 
both lesions through the same incision simultaneously. In this paper, we describe 
the technique of ascending-to-descending aorta bypass grafting performed 
through the median sternotomy and simultaneous additional cardiovascular dis- 


orders repair in a case who had complex aortic Coarctation. 
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Introduction 

Complex or recurrent form of aortic coarctation with or without 
additional cardiovascular disorders represents a surgical chal- 
lenge. In these patients, anatomic repair of the aortic coarcta- 
tion is associated with high risk of postoperative morbidity and 
mortality [1]. To decrease high risk, several surgical techniques 
have been described for treatment of aortic coarctation instead 
of anatomic repair. Some of them include several extra-ana- 
tomic bypass grafting methods [2-4]. 

In this study, we report a case of ascending-to-descending aor- 
ta bypass grafting in a patients with aortic coarctation. Extra- 
anatomic bypass indication was associated mitral valve steno- 
sis and residual hypoplastic aortic arch. 


Case Report 

The case was a 19 years old female who has experienced a 
previous surgery for aortic coarctation. When she was 12 years 
old, an aortic coarctation (nearly interrupted aortic arch) and 
additional mild mitral valve stenosis have been demonstrated. 
Surgical repair of coarctation has been performed by implant- 
ing a Dacron tube graft between aorto-left subclavian artery 
junction and thoracic aorta via left posterolateral thoracotomy. 
Four years after the first operation, the patient was hospitalized 
for hypertension complain. Diagnostic procedures showed that 
previous aortic bypass graft was patent. It was also observed 
that there were severe mitral valve stenosis and residual aortic 
arch hypoplasia (figure-1). After diagnosis, we decided to cor- 
rect disorders through the same incision. 

Following sternotomy, arterial cannulation accomplished by us- 
ing the ascending aorta and then venous cannulation was per- 
formed. After cannulation cardiopulmonary bypass (CPB) was 
initiated and cardiac arrest was established. The patient was 
cooled to a rectal temperature of 33°C. In order to approach 
to the descending aorta, the heart was retracted superiorly in 
cephalic direction. The retrocardiac descending thoracic aorta 
was exposed and isolated through the posterior pericardium 
and a side-biting clamp was used for the distal anastomosis. 
The non-bifurcated side of a 20/10-mm Hemashield Y graft 
(Mead-ox Medical, Inc., since acquired by Boston Scientific Cor- 
poration; Natick, Mass) was implanted to descending aorta with 
end-to-side anastomosis. The graft was routed around the left 
margin of the heart and the bifurcated side of Y graft was im- 
planted to ascending aorta (figure-2). Then left atriotomy was 
made and mitral valve fenestration and valvotomy were per- 
formed. 

Postoperative period was quite satisfactory and any measured 
blood pressure difference between upper and lower extremities 
wasn't observed. However, after asymptomatic 3 years period, 
symptoms were recurred. Ehocardiography showed severe mi- 
tral insufficiency and aortography revealed that one limb of the 
Y graft was occluded and the other limb has severe stenosis at 
the inflow orifice. She underwent a reoperation and Y graft was 
replaced with a 24mm Hemashield tube graft and additionaly 
mitral valve replacement (St. Jude Medical, Inc.; St. Paul, Minn) 
was performed. It was observed that occlusion of graft was 
due to severe calcification at the inflow orifice. Postoperative 
course was uneventful and measured blood pressure of upper 
and lower extremities was equal postoperatively. Her life qual- 


ity was wonderful at her long term follow up (3 years after the 


last operation). 


Figure 1. Aortography shows aortic coarctation , residual aortic arch hypoplasia 
and patent aortic bypass graft. 


Figure 2. Hemashield Y graft was implanted to descending aorta with end-to-side 
anastomosis. The graft was routed around the left margin of the heart and the 
bifurcated side was implanted to ascending aorta (Diagrammatic image). 
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Discussion 

Coarctation or recoarctation of the aorta with additional car- 
diovascular disorders that require repair present a major chal- 
lenge for the surgeon. In such patients, staged surgical treat- 
ment may be associated with increased complications. In1980, 
Vijayanagar et al.[2], described the technique of extra-anatomic 
ascending-to-descending aortic bypass with the posterior peri- 
cardial approach to access the descending aorta and simulta- 
neous aortic valve replacement. They performed this procedure 
through a single median sternotomy and used a tube graft for 
extra-anatomic bypass which placed around the left margin of 
the heart. Later Powell et al.[5], reported a modification of this 
procedure, in which the graft has been placed around the right 
margin of the heart. Since the initial description, several reports 
demonstrated successful outcome of ascending-to-descending 
aortic bypass [1, 4, 6]. 

In this case, at previous extra-anatomic aortic bypass opera- 
tion we used Y graft for ascending-to-descending aortic bypass 
because of small ascending aorta. Although there were no com- 
plaint for the tube graft in the other reports, we also guessed 
that a tube graft would be a block intra-pericardial mass and 
consequently the heart might be distributed by this block mass 
in such a small sized patient. So we decided to perform this 
procedure with Y graft. The length of non-bifurcated side of a Y 
graft was held shortly as possible as. Thus, the big part of the 
graft that routed around the heart was consisted of bifurcated 
side which wasn't a block mass. Intraoperative experience led 
us to taught that, Y graft could be a favorable choice for pa- 
tients with small pericardial cavity and ascending aorta. 
However, there was a drawback of Y graft because of the orifice 
area of bifurcated side is lower than non-bifurcated side. This 
difference might not allow complete relief of aortic coarctation 
caused blood pressure gradient. In this case there was already 
some patency of coarcted segments. Therefore, we thought 
that blood flow through the graft plus the native aorta would be 
enough. Actually, we didn’t observed any measured blood pres- 
sure difference between upper and lower extremities postop- 
eratively. Unfortunately, we experienced calcified occlusion of Y 
at follow up which might be result of high turnover of calcium 
metabolism in this young patient. However, we taught that this 
was a drawback related to the graft type, not else ascending- 
to-descending aortic bypass technique. 

In conclusion, ascending-to-descending aortic bypass for pa- 
tients with complex coarctation and concomitant cardiovascu- 
lar disorders appears to be a surgically feasible method. How- 
ever, possibility of calcified stenosis of graft orifice especially in 
small sized grafts should be kept in mind. 


Cikar Cakismasi ve Finansman Beyani 
Bu calismada ¢ikar cakismasi ve finansman destek alindigi bey- 
an edilmemistir. 
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Ozet 

1865 yilinda; Trousseau beklenmedik gelisen veya mobil tromboflebitlerin vise- 
ral malignite belirtisi olabilecegine isaret etti. Trousseau sendromu, miisin pozi- 
tif karsinomali kanser hastalarinda komorbitide olusturmaktadir ve mikroanjiopa- 
ti, verrk6z endokardit ve arteryel emboli komponentlerini igeren kronik dissemi- 
ne intravasktiler koagtilopati tablosunu icerir. 86 yasinda 6 yildir prostat kanse- 
ri tanili erkek hasta sag elini kullanamama sikayeti ile acil servisimize basvurdu. 
Hastanin MR difiizyonunda diftizyon kisitliligi saptandi ve serebrovaskiiler hasta- 
lik tanis! konuldu. Hastanin EKG’sinde inferior and anteroseptal R kaybi, inferi- 
or QS paterni mevcut. Serum 6rneginde yliksek seviyede troponin mevcuttu. Has- 
tanin tedavisi 300mg asetilsalisilik asid ile baslandi ve medikal tedaviler eklendi. 
Malignite tanili hastalarda Trousseau sendromu akilda tutulmal! ve hekimler ma- 
lignite kaynakli sekonder trombotik olaylarin gerceklesebilecegini g6z Gniinde bu- 
lundurmalidir. 
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Abstract 

In 1865, Trousseau remarked that there was a possibility for an unforeseen or 
mobile thrombophlebitis to be a sign of an occult visceral malignancy. Trousseau’s 
syndrome is often a comorbid of mucin-positive carcinomas in patients who have 
cancer and it includes chronic disseminated intravascular coagulopathy associ- 
ated with microangiopathy, verrucous endocarditis and arterial emboli. 86 year 
old male patient who had a prostate cancer for 6 years came to our emergency 
department with a complaint of not being able to use his right hand. We founded 
that there was diffusion limitation in MR diffusion and cerebrovascular disease 
was diagnosed by MR diffusion. There was R segment losses in the inferior and 
anteroseptal leads of patients’ ECG, had a QS pattern in the inferior leads. Serum 
samples had high levels of troponin. His treatment was started with 300 mg of 
acetylsalicylic acid and medical treatments were added. For patients who have 
had malignancy diagnosis, Trousseau’s syndrome should be kept in mind and doc- 
tors should be alert for thrombotic events that may develop secondarily. 
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Introduction 

As a result of his clinical observations, Trousseau reported that 
some of the patients presented with unexpected, unusual or 
mobile thromboses later showed a visceral malignancy. In the 
process of any malignancy can not be explained by routine tests 
ischemic stroke, despite effective treatment for recurrent ar- 
terial and venous thromboembolic events is called Trousseau’s 
syndrome (TS) [1]. 

4 etiologic factors have been defined for the development of 
cerebrovascular disease in patients who have cancer: 

1) Direct tumor effects (embolism resulting from tumor and tu- 
mors that excrete mucin), 

2) Coagulation defects, 

3) Infections and therapeutics (tamoxifen, cisplatin) 

4) Complications of diagnostic procedures (subendothelial tis- 
sue factor oscillation with trauma) [2]. 

A physician should be alert for the development of thrombo- 
ses with no known reason that could be prevented with anti- 
coagulation therapy with heparin but not with warfarin sodium 
and concentrate diagnostic efforts on exposing an underlying 
malignant lesion [1]. The purpose of this study was to review 
Trousseau syndrome through a patient whose history included 
a diagnosis of malignity and who came to our emergency room 
with an acute ischemic manifestation. In addition, we wanted 
to emphasize that patients who are thought to have Trousseau 
syndrome are inclined to a secondary thrombotic event through 
our case that had developed ACS when diagnosed with CVD. 


Case Report 

86 year old male patient came to our emergency room with a 
complaint of weakness in the right arm and difficulty of speak- 
ing. His general condition was good and his consciousness was 
clear, cooperative and oriented. There were in his histary DM 
and CVD. His physical examination revealed 2/5 muscle power 
in the right arm, 5/5 muscle power in the left arm and difficulty 
of speech. The patient’s complaints had started 8 hours ago. 
His systemic examination showed that his fever was 37.2, his 
pulse was 98 and his blood pressure was 120 /80. His 12 deri- 
vation ECG showed normal sinus rhythm and ST depression at 
D2 D3 aVF. His laboratory results were as follows: wbc: 6.43 , 
hb: 12,7 , platelet 160 , BUN: 28.60, creatinin: 1 and INR: 1,31. 
His computerized tomography did not show any specifications. 
His MR diffusion showed linear diffusion limitations on the left 
postcentral gyrus area and lacunar diffusion limitations on the 
right+left posterior cerebral artery area with lacuna large scale 
diffusion limitation on the left cerebral area. The patient’s ECG 
showed ischemia, thus his cardiac markers were checked. The 
results were as follows: CK:148, CKMB:30, Troponin |: 11,537. 
Other laboratory and genetic datas were normal. Neurology 
department recommended 300 mg acetylsalicylic acid and the 
cardiology department recommended clopidogrel hydrogen sul- 
fate, ramipril, tirmetadizine hydrochloride, isosorbide mononi- 
trate, metoprolol and enoxaparin sodium treatment. His ECO 
showed that his EF was 55%, his septum basal was hypokinetic, 
his valves were degenerative and right cavities were dilated. 
DM, HT, SVH ve terminal dénem prostat ca si olan hastaya an- 
jio yapilmasina hasta ve hasta yakinlarindan onam alinamadi. 
The patient who was hospitalized in the neurology service was 


discharged on the ninth day. 


Discussion 

Trousseau was the first person to suggest an association be- 
tween venous thrombosis and malignancy in 1865. Hemostatic 
abnormalities vary from abnormal coagulation tests in the 
absence of clinical manifestations to massive, fatal thrombo- 
embolism [3]. Before the diagnosis of malignancy, thrombotic 
episodes may be present by months or years and can manifest 
in Trousseau’s syndrome through migratory superficial throm- 
bophlebitis [4]. Patients who have cancer are in a hypercoagu- 
lable state. 

A patient who has Trousseau’s syndrome generally has an oc- 
cult tumor that is not always noticeable at the time of presen- 
tation. In case of discovery of a tumor, it is usually an adeno- 
carcinoma. In a review of patients with Trousseau’s syndrome, 
the following associated tumors were observed [5]: pancreas 
24%, Lung 20%, prostate 13%, stomach 12%, acute leukemia 
9%, colon 5%. The treatment is challenging; heparin is helpful 
in relieving some of the manifestations, while warfarin seems 
to have no effect [6] 

Clinical thromboembolism is found in about 11% of patients 
with cancer [5] and it is considered to be the second leading 
cause of death in patients who have overt malignant disease 
[7]. For certain types of tumors, autopsy series have reported 


Figure 1. The patient’s MR diffusion image 


Figure 2. The patient’s ECG image 
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even higher rates of thrombosis. 

Trousseau’s syndrome can be confused with recurrent cerebro- 
vascular events and with Sneddon syndrome characterized by 
livedo reticularis. This syndrome is more often seen in women in 
their third or fifth decades [8]. 


As a conclusion; 

1. Since patients who have malignancy history have a higher 
possibility of developing acute thrombus, these patients should 
be checked with more frequent intervals. 

2. Physicians should be alert for secondary ischemia in cancer 
patients presenting ischemic manifestations such as acute MI 
or acute stroke. 

3. Patients who have malignancy should have their systemic 
examination in the emergency services after their detailed his- 
tory is taken and it should be taken into consideration that the 
patient’s clinic can get worse at the follow-up. 
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Garland-Bland-White olarak bilinen sol ana koroner arterin anormal olarak pul- 
moner arterden cikmasi, olduk¢a nadir fakat dliimcil bir konjenital kardiyovaskii- 
ler anomalidir ve siklikla izole bir durumdur. Biz gogiis agrisi ve nefes darligi sika- 
yeti nedeniyle cerrahi diizeltme gerektiren pulmoner arterden koken alan sol ana 
koroner arter cikis anomalili 32 yasinda alisilmadik bir hastay! sunduk. Bu anoma- 
li basitge sol ana koroner arterin baglanmasi ve koroner arter bypass greft ope- 


rasyonu ile onarildi. 
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Abstract 

Anomalous origin of the left main coronary artery from the pulmonary artery (AL- 
CAPA), also known as Garland-Bland-White syndrome, is an extremely rare but 
potentially fatal congenital cardiovascular anomaly and it often exists as an iso- 
lated condition. We report an unusual case of a 32 years-old patient with ALCAPA 
presenting with chest pain and dyspnea who underwent surgical correction of 
this rare anomaly. This anomaly was simply repaired by the combination of LMCA 


ligation and coronary artery bypass grafting. 
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Introduction 

The anomalous origin of the left main coronary artery from 
the pulmonary artery (ALCAPA) was first described in 1866. 
The first clinical description, in conjunction with autopsy find- 
ings, was described by Bland and colleagues in 1933, so the 
anomaly is also called as the Bland-White- Garland syndrome 
[1]. ALCAPA is a rare congenital cardiovascular defect with an 
incidence of 1 in 300,000 live births. It is the most common 
anomaly of the coronary vasculature, with a frequency of 0-5 
% of all congenital cardiac defects [2]. An embryological defect 
during fetal cardiac development leads to the left coronary ar- 
tery arising from the pulmonary artery instead of the aorta. In 
patients with ALCAPA the pulmonary vascular resistance and 
pulmonary arterial pressure decrease shortly after birth, along 
with oxygen content of the pulmonary artery [3]. This causes a 
drop in antegrade flow and oxygen content of the anomalous 
left coronary artery, leading to myocardial ischemia. This may 
progress to myocardial infarction during periods of increased 
myocardial oxygen consumption. Collateral circulation between 
the right and left coronary systems ensues and left coronary ar- 
tery flow reverses and enters in the pulmonary trunk due to the 
low pulmonary arterial pressure (coronary steal phenomena). 
Consequently, the myocardium remains inadequately perfused 
(fixed ischemia). 

We report an unusual case of a 32 years-old patient with AL- 
CAPA presenting with chest pain and dyspnea who underwent 
surgical correction of this rare anomaly. 


Case Report 

A 32-year-old woman referred to our center with complaints 
of chest pain and dyspnea on exertion for three months, which 
was evaluated as in New York Heart Association (NYHA) func- 
tional class Il. She had almost been normal during her life, car- 
rying out her ordinary daily activities without limitation. There 
was no history of systemic hypertension, diabetes, or dyslipid- 
emia. At presentation, blood pressure was normal. There was 
no murmur. A twelve-lead electrocardiogram showed normal 
sinus rhythm and without any Q wave or ST-T changes. Chest 
X-ray showed marked pulmonary venous congestion. Labora- 
tory data were normal. Transthoracic echocardiography dem- 
onstrated left ventricular hypertrophy; left atrial dilatation (46 
mm), slightly decreased left ventricular ejection fraction [LVEF 
= 55%] and mild mitral insufficiency and pulmonary artery pres- 
sure was 35 mmHg. The patient was transferred to the cardiac 
catheterization laboratory for coronary angiography and fur- 
ther evaluation. Coronary angiography showed an anomalous 
left coronary artery arising from the posterolateral of common 
pulmonary artery with retrograde filling through collaterals 
from a highly developed apparent right coronary artery (Fig- 
ure 1). Multi-detector computed tomographic (CT) angiography 
revealed ALCAPA. Left main coronary artery originated from 
main pulmonary trunk (figure 1). Calibration of the main pul- 
monary artery was measured as 28 mm. The left main coronary 
artery ends in the form of trifurcation. Calibration of the LAD 
was increased and measured as 20 mm. Calibration of the left 
circumflex artery was within the normal range of 4 mm wide. 
Intermediate artery was patent. The left atrium was dilated and 
measured as 47 mm. Right coronary artery was dilated. 


At operation, aortic cannulation and venous cannulation through 
right atrium was performed following median sternotomy. 
Then we started cardiopulmonary bypass. Patient was cooled 
at 280C degree and aorta was cross-clamped. Cardiac arrest 
was obtained by anterograde and retrograde cardioplegia. The 
anomalous origin of the left main coronary artery was sutured 
with the pledgeted polypropylene sutures from the pulmonary 
artery. Then, the left internal mammary artery was grafted to 
the LAD and saphenous vein was grafted to the Circumflex ar- 
tery (figure 2). 


Figure 1. (A) Coronary CT-angiography showing an anomalous origin of the left 
main coronary artery (LMCA) from the main pulmonary artery (MPA). Axial (A), 
curved multilane reconstruction (B) and Volume-rendered reformation (C). (D) 
Coronary angiography of the right coronary artery showing collateral filling of the 
left coronary vascular territory, which connects directly to the pulmonary trunk. 


“a 
sdtured 
LMCCA origin 


Figure 2. Operative photographs showing (A) extended right coronary artery, left 
anterior descending artery, (B) left main coronary artery origin in the pulmonary 
artery, (C) sutured LMCA origin, (D) coronary artery bypass grafts (with left inter- 
nal thoracic artery and saphenous vein). 


Discussion 

Anomalous connection of left coronary artery to pulmonary 
trunk is a rare condition, occurring in 0.26% of patients with 
congenital heart disease undergoing cardiac catheterization 
[4]. The anomalous left main coronary artery (LMCA) connects 
most often to the sinus of Valsalva immediately above the left 
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or posterior cusp of the pulmonary trunk and rarely from that 
above the right cusp [5,6]. The left main coronary artery is of 
variable length but usually divides into anterior descending and 
circumflex branches within 5 or 6 mm of it’s origin. Collateral 
communications between right and left coronary arteries are 
always present but vary in extent and are grossly visible in only 
a few cases, mainly in adults. Uncommonly, only the circumflex 
branch connects anomalously to the pulmonary trunk, and rare- 
ly only the left anterior descending branch connects anomalous- 
ly [7,8]. The left ventricle is always hypertrophied and usually 
greatly dilated, with dilatation often involving primarily the left 
ventricular apex [9]. Several pathologic features may result in 
mitral valve regurgitation. The chest radiograph may be normal 
or may show cardiac enlargement. 

85% of all cases of ALCAPA present within the first two months 
of life. About 65% of infants born with it die during the first 
year from intractable left ventricular failure [6]. If death does 
not occur during the first year, the hazard lessens considerably 
and the chronic phase of natural history is reached. Survival 
to this stage may be related to presence of rich interarterial 
collaterals, possibly associated with a slightly restrictive open- 
ing between left coronary artery and pulmonary trunk. Many 
such patients are in good health, and a few have normal ECGs. 
Survival beyond the first year may also be related to marked 
right coronary dominance, with this vessel supplying not only 
the diaphragmatic portion of the left ventricle but also much of 
the septum and lateral wall [6]. When severe symptoms do not 
occur in infancy, presentation is often delayed to beyond age 
20 years. In our case, Collateral circulation from the right coro- 
nary artery is apparently adequate to prevent massive infarc- 
tion [10]. Nowadays, the prognosis for patients with ALCAPA is 
dramatically improved as a result of both early diagnosis us- 
ing echocardiography with color flow mapping, electrocardio- 
graphically gated multi-detector CT angiography and Coronary 
angiography. 

Several surgical techniques have been tried, but each has a 
drawback. Direct re-implantation of the left main coronary 
artery into the aorta is often technically difficult especially in 
adults, due to the distance between the aorta and the anoma- 
lous orifice. The combination of LMCA ligation and coronary 
artery bypass grafting (CABG) is the best technique in this era. 
The other surgical technique is a creation of a baffle through 
the pulmonary artery (Takeuchi procedure). Although re-implan- 
tation of the LMCA to the aorta remains the most physiological 
correction for this anomaly, the combination of LMCA ligation 
and CABG provides a dual coronary flow system and is pref- 
erable when re-implantation is impossible. In our case, re-im- 
plantation of the LMCA to the aorta was considered unfeasible 
because of the distance between the insertion site of the LMCA 
on the pulmonary artery and the aorta. Therefore, the combina- 
tion of LMCA ligation and CABG was preferred because of tech- 
nically simple technique in this case. The left internal mammary 
artery was used to graft the anomalous left coronary artery in 
our patient. It has satisfactorily established antegrade flow into 
the left coronary artery and should maintain patency. Restora- 
tion of a dual coronary system will prevent further ischemia 
and arrhythmias of acute ischemic origin, but the anatomical 
substrate for ventricular arrhythmias in patients with old MI will 


not be altered after revascularization. 
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Ozet 

Diffliz interstisyel akciger hastaliklari adi altinda, akcigerin interstisyel ve alve- 
oler kompartmanlarini etkileyen birgok hastalik yer almakta ve nadir de olsa bu 
radyolojik gériintimii veren malign hastaliklar ile karsilasilabilmektedir. Bu yazida, 
nefes darligi ve dksiiriik sikayeti nedeniyle incelenip interstisyel akciger hastalig1 
6n tanisi konulan bir hasta sunulmaktadir. Tanty! kesinlestirmek igin yapilan kon- 
vansiyonel girisimlerde kesin taniya ulasilamadigindan videotorakoskopik paran- 
kim biyopsisi yapilmis ve patolojik inceleme sonucu miisinéz adenokarsinom ta- 


nisi konmustur. 
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Abstract 

Diffuse interstitial lung disease is the name for large group of diseases that in- 
cluding many pulmonary pathology which affects to interstitial and alveolar com- 
partments. These titles rarely seen in the carcinomatous formations seeing in 
this radiological view. A case is reported that the patient has been examined 
because of suffering from shortness of breath and cough, and pre-diagnosed 
with interstitial lung disease, in this article. Parenchymal biopsy was performed 
videothoracoscopy in that definitive diagnosis could not be reached in the end 
of conventional explorations. Pathological result reported as primary mucinous 


adenocarcinoma of lung. 
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Giris 

Primer akciger karsinomlari cok genis bir radyolojik gériiniim 
yelpazesinde karsimiza cikabilmektedir [1]. Ancak bilateral re- 
tikilonodiller tutulum seklinde, interstisyel akciger hastaligi 
(iAH) izlenimi veren bir gortiniimde olmalari alisilagelmis bir du- 
rum degildir. Bilindigi gibi interstisyel akciZer hastaliklari basli- 
81 altinda 6zellikle radyolojik olarak birbirine benzerlik gésteren 
birgok hastalik gruplandirilmaktadir [2,3]. Bu basliklar igerisin- 
de karsinomatoz olusumlar nadir de olsa gortilebilmektedir. Bu 
tur durumlarda ayrici taniya gitmek, hastalarin definitif tedavisi 
igin 6nemlidir. Bu yiizden hastalara en dogru ve en hizli sekilde 
sonug verecek tanisal yontem secilmelidir. Bu yontemlerden biri 
de videotorakoskopik cerrahi (VATS) 'dir. Bu yazida, [AH én tani- 
st ile izlenen, ancak VATS ile biyopsi sonucunda primer akciger 
karsinomu tanisi alan bir olgu sunulmaktadir. 


Olgu Sunumu 

Nefes darligi ve oksurtik sikayeti bulunan 64 yasindaki kadin 
hastanin fizik muayenesinde bilateral akcigerlerde raller duyul- 
du. Bunun disinda anlamli bir fizik muayene bulgusu yoktu. FEV1 
degeri 1820 ml (%72) olan hastanin arterial kan gazi deger- 
lerinde hipoksi izlenmedi. Biyokimyasal tetkiklerinde patolojik 
bulgu saptanmadi. Sigara ve alkol kullanimi, allerji Oykiisi: bu- 
lunmayan olgunun radyolojik incelemelerinde, akciger grafisin- 
de bilateral retikilonodiler patern (Sekil 1) izlendi. Yine toraks 
bilgisayarl! tomografisinde de bilateral akciZerlerde interlobi- 
ler septal kalinlasmalar ve multip! nodiil formasyonlari (Sekil 2) 
mevcuttu. 

Bu bulgular esliginde iAH 6n tanis! alan hastaya yapilan bron- 
koskopi ile kesin taniya ulasilamadigindan VATS ile parankim 
biyopsisi planlandi. Hastanin pre-operatif BT degerlendirmesin- 
de diffiiz bir tutulum s6z konusu oldugu ve belirgin bir 6zellik arz 
eden nodil formasyonu goriilmediginden hastaya sag akciger 
alt lob siperior segmentten parankimal biyopsi uygulandi. Pos- 
toperatif komplikasyon gelismedi. Hasta Uciincii glin eksterne 
edildi. Patoloji preparatlarinin incelenmesi sonrasinda interstis- 
yel akciger hastaliklarina ait bir bulguya rastlanilmadi. ileri ince- 
lemelerde sitokeratin 7 (+), sitokeratin 20 (-) olarak saptanma- 
si Uzerine hasta “primer akciger musin6éz adenokarsinomu” ta- 
nist aldi. Akcigerde olusan tim patolojinin musinéz adenokarsi- 
nom tarafindan olusturuldugu anlasildi (Sekil 3). G6gtis hastalik- 
lari hekimlerince hastaya kemoterapi baslandi. 


Sekil 1. Akciger grafisinde bilateral retiktilonodiiler patern. 


Sekil 2. Toraks bilgisayarll tomografisinde de bilateral akcigerlerde interlobiiler 
septal kaliniasmalar ve multip! nodill formasyonlari. 


Sekil 3. Patolojik gortinti; preparatin tamami tiimérden olusmaktadir. 


Tartisma 

Halen diinyada mortaliteye en fazla yol agan kanser tir olan 
primer akciger karsinomlarinin tanisinda radyolojik goruntile- 
me ilk basamaktir. Milimetrik boyutlu bir nodul ile tum paranki- 
mi kaplamis bir kitle seklinde karsimiza ¢ikan bu yelpazede nadir 
de olsa bilateral diffi parankimal tutulumlar da gortilebilmek- 
tedir. iste bu gibi bir durumda tantya yaklasimda gecikmeler ya- 
sanabilmekte ve tedavi siirecinde ge¢ kalinmaktdir. 

Ozellikle kaviter lezyonlar ile diffiiz parankimal tutulum géste- 
ren lezyonlar, siipiiratif parankim hastalig1 veya IAH ile karisa- 
bilmektedir. Ozellikle iAH gibi benzer klinik ve radyolojik zellik- 
lere sahip cesitli hastalik alt gruplarinin ayrici tanisinda ayrintili 
anamnez (cevresel maruziyet), radyolojik goriintiileme, balgam 
analizi, serolojik testler, solunum fonksiyon testleri, bronkosko- 
pi ve bronkoalveoler lavaj, transbronsial akciger biyopsisi kulla- 
nilan yontemlerdir [2,3]. Tum bunlara ragmen kesin tanya ulas- 
mada geciktirilmeden doku tanisina gidilmelidir. 

Olgumuzda da tantya y6nelik yapilan islemlerde bir sonuca va- 
rilamamis ve hastaya VATS ile parankim biyopsisi uygulanmis- 
tir. Patolojik inceleme sonucunda primer akciger musinéz ade- 
nokarsinomu (sitokeratin pozitif) tanis! konmustur. Bununla ilgi- 
li olarak yapilan bir arastirmada Mutton ve ark. deskuamatif in- 
terstisyel pndmoni ile akciZer adenokarsinomu ayirici tanisinda 


450 | Journal of Clinical and Analytical Medicine 


IAH Gériinumtinde Adenokarsinom / ILD Mimicking Adenocarcinoma 


sitokeratin pozitifliginin Onemine isaret etmektedirler [4]. 
Bilindigi gibi akciZer adenokarsinomlarinin siniflandirmasinda 
onkoloji, cerrahi, radyoloji ve ozellikle molekiiler biyoloji alanin- 
daki gelismeler, daha ayrintil! ve prognostik belirleyicilige sa- 
hip bir siniflama gerekliligini ortaya koymustur. Bu amacla yapi- 
lan calismalarda tumoriin 6zellikle invazyon durumu g6z 6nuine 
alinarak yeni bir siniflama olusturulmaya ¢alisilmistir. Boylelikle 
adenokarsinom siniflamasi Ug ana baslik altinda toplanarak pre- 
invaziv lezyonlar, invaziv adenokarsinom ve invaziv adenokarsi- 
nom varyantlar! olarak siniflandirilmistir. Buna ek olarak yeni si- 
niflandirmanin en 6nemli amaci histolojik subtiplerin kompleks 
heterojen karisimlarindan olusan adenokarsinomlarin tanimlan- 
masina ortak pratik bir yol bulunmas! olmustur. Histolojik sub- 
tiplerin kapsamli tanimlanmasi yeni siniflandirmada en 6nemii 
degisiklik olarak dikkat ¢ekmektedir [5]. Olgudaki tani daha 6nce 
bronkoalveoler adenokarsinom olarak tanimlanirken bu alt sinif 
degistirilmis ve adenokarsinoma in-situ, minimal invaziv adeno- 
karsinoma, lepidic predominant adenokarsinoma, invaziv musi- 
néz adenokarsinoma adi altinda daha spesifik alt gruplara ay- 
rilmistir. 

VATS’In parankim biyopsisinde tani etkinliginin %95-100, komp- 
likasyon oraninin %10, mortalite oraninin %0-1 civarinda oldu- 
gu bildirilmektedir [6,7,8]. Ozellikle VATS konusunda yeni gelisti- 
rilen teknikler ile tek porttan girisim yapilabilmekte ve hastaya 
minimal cerrahi stress yasatilmaktadir [9]. Tan! konamayan bu- 
nun gibi durumlarda beklenmeden VATS ile parankim biyopsisi- 
nin olasi gecikmeleri 6nleyebilecegi kanisindayiz. 
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Ozet 

Kauda ekuina sendromu, kauda ekuinaya basi! sonucu, idrar ve/veya anal sfinkter 
fonksiyon bozuklugu ile giden, bilateral siyatalji agris! ve bilateral kuvvet ve duyu 
kayb1 olan norolojik bir tablodur. Etyolojide lomber disk hastaligi, spinal dar kanal, 
tiimér, hematom, frakttir, infeksiyon ve ankilozan spondilit yer alir. Spinal epidu- 
ral hematom, lomber spinal cerrahi sonrasinda sik gériilen komplikasyonlar ara- 
sinda yer alir. Ancak vakalarin cogu asemptomatik olup, klinik karsiligi yoktur. Pos- 
toperatif dénemde gelisen semptomatik spinal epidural hematom, ciddi bir komp- 
likasyon olup, kalict nérolojik defisite engel olmak amaciyla acil cerrahi mudaha- 


le gerektirir. 


Anahtar Kelimeler 
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Abstract 

Cauda equina syndrome is a neurological disorder defined by urinary and/or anal 
sphincter dysfunction, bilateral sciatica and bilateral motor and sensory deficits. 
Regarding the etiology, lumbar disc disease, spinal stenosis, tumors, haematomas, 
fractures, infectious diseases and ankylosing spondylitis are pathologies causing 
this syndrome. Spinal epidural haematomas are common amongst complications 
after spinal surgery. However the majority of these cases are asymptomatic, thus 
having little clinical importance. Symptomatic postoperative spinal epidural hae- 
matomas is a serious complication, and in order to prevent permanent neurologic 
deficit it requires urgent surgical intervention. This article aims to present the 
case of a patient with a spinal epidural haematoma after spinal stenosis surgery, 


causing cauda equina syndrome. 


Keywords 
Spinal Epidural Hematoma; Postoperative Complications; Cauda Equina Syndrome 


DOI: 10.4328/JCAM.2480 


Received: 10.04.2014 Accepted: 04.05.2014 Printed: 01.08.2013 


J Clin Anal Med 2013;4(suppl 4): 452-4 


Corresponding Author: Emre Delen, Edirne Deviet Hastanesi Beyin Cerrahisi Klinigi. Edirne, Turkiye. 


GSM: +905306144646 F.: +90 2845138305 E-Mail: emredelen1979@yahoo.com 


452 


| Journal of Clinical and Analytical Medicine 


Postoperative Spinal Epidural Haematoma / Postoperatif Spinal Epidural Hematom 


Introduction 

Cauda equina syndrome is a neurological disorder defined by 
urinary and/or anal sphincter dysfunction, bilateral sciatica 
and bilateral motor and sensory deficits. Regarding the etiol- 
ogy, lumbar disc disease, spinal stenosis, tumors, haematomas, 
fractures, infectious diseases and ankylosing spondylitis are 
pathologies causing this syndrome [1]. Asymptomatic spinal 
epidural haematoma after lumbar spinal surgery are frequent 
[2], although a haematoma causing cauda equina syndrome is 
rare [3]. This article aims to present the case of a patient with a 
spinal epidural haematoma after spinal stenosis surgery, caus- 
ing cauda equina syndrome. 


Case Report 

A 74 years old woman suffering from severe back pain and bi- 
lateral sciatica is admitted to our clinic. Patient’s history re- 
vealed that her complaints had exagereted in the last month 
and that she didn't relived dispite opioid group painkillers ad- 
mitted on various other medical centers. The pain caused by 
walking and painless walking distance shorter than ten meters 
are considered as neurogenic claudication. Physical examina- 
tion findings were anthropiod posture, no motor deficits, bilat- 
eral L5/S1 dermatomal hypoesthesia and bilateral hypoactive 
Achilles reflexes. Lumbar spinal MRI showed spinal canal steno- 
sis at L3/L4 and L4/L5 levels and lumbar scoliosis. Myelography 
confirmed the findings as well as showing a full blockage at L3/ 
L4 level. A surgical treatment of fixation via bilateral L3, L4, L5 
transpedicular screw-rod instrument system + decompression 
via L3, L4 total laminectomies and flavectomies is planned and 
perfomed according to the plan without any serious peropera- 
tive complication. 

Postoperative and preoperative neurologic examination had no 
significant difference. Postoperatively the patient is monitored 
in the intensive care unit for one day and then transferred to 
the neurosurgery inpatient clinic. Urinary catheter is withdrawn 
and urinary incontinence has been detected. New neurologic 
examination revealed urinary and fecal incontinence accompa- 
nied by a complete motor function loss of L4 and below levels. 
An urgent lumbar MRI revealed a massive haematoma on the 
surgery region compressing spinal cord (Figure 1). The patient 
underwent urgent haematoma evacuation surgery. The patient 
received physical treatment and rehabilitation postoperatively. 
After a treatment of 6 weeks, muscle strenghts of the hip flex- 
ors and knee extensors were 5/5 and of the big toe dorsiflexors 
and ankle plantar flexors were 4/5. The patient had urinary but 
no gaita incontinence. 


Figure 1. Postoperative SEH sagittal MRI. 


Discussions 

Spinal epidural haematomas (SEH’s) are common amongst 
complications after spinal surgery. However the majority of 
these cases are asymptomatic, thus having little clinical im- 
portance. Even though the incidence of asymptomatic SEH’s is 
reported 33 - 100 % in the literature [2], the incidence of those 
requiring surgical evacuation is reported as low as 0,1 - 3% 
[3]. Symptomatic postoperative SEH is a serious complication, 
and in order to prevent permanent neurologic deficit it requires 
urgent surgical intervention. Consequently proceeding with 
caution in the postoperative period, and acting quickly when 
signs of cord compression are detected is vital. In the literature 
some case reports of cauda equina syndrome caused by SEH 
are available [4,5]. 

Aiming to prevent SEH, some risk factors have been identified. 
Nevertheless there is not a full consensus about the list. Age 
over 60 years, preoperative nonsteroidal anti-inflammatory 
drug use and Rh + blood type are reported as preoperative as 
risk factors; five or more spinal levels undergoing surgery, one 
litre or more peroperative bleeding and preoperative hemoglo- 
bin level below 10 g/dL are reported as peroperative risk fac- 
tors [5,6]. Besides this list as risk factors, some articles report 
only multilevel interventions and preoperative coagulopathy as 
SEH risk factors [7]. Widespread opinion in daily neurosurgical 
practice not just for spinal surgery but for all kind of surgi- 
cal procedures is that the transfusion of fresh frozen plasma, 
platelet suspensions and autotransfusion preparates reduces 
the risk of postoperative bleeding. However, studies on the 
use of these blood derivates report no risk reduction [5]. The 
authors support the opinion that avoiding excessive blood loss 
especially for multilevel spinal surgeries and for patients aged 
over 60 years old is essential. 

Drain use is another controversial issue in neurosurery practice. 
Our tendency is to use drains especially when patients have 
predictable risk factors such as diagnosed coagulopathy, ad- 
vanced age and a large incision. Particularly for patients un- 
dergoing surgeries including multilevel laminectomy and spinal 
instrumentation which generally require an extensive incision, 
SEH originating from paravertebral muscle bleeding is likely [7]. 
Nevertheless, studies report that the use of drainage do not 
increase SEH risk [5,6,7] and also increase the risk of infection 
when left more than one day in the operation region [8]. 

In this paper, a case with postoperative SEH that caused cauda 
equina syndrome is presented. Most of the the risk factors de- 
scribed in the literature such as advanced age, a multilevel spi- 
nal surgery, a peroperative blood loss of more than 1 L, anda 
postoperative hemoglobin level under 10 g/dL were present in 
the patient. The subfacially placed drain, also consistent with 
the literature, did not prevent postoperative SEH. 


Conclusion 

Symptomatic SEH after spinal surgery is a rare but serious 
complication that can cause neurological deficits. Due to the 
need for an urgent surgical intervention, in terms of postopera- 
tive follow up, patients should be monitored carefully for cord 
compression findings and diagnostic procedures should be per- 
formed in the shortest possible time interval when necessary. 
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Ozet 

Gebelik sirasinda sakroiliak eklem straini ve septik sakroiliite predispozisyon yara- 
tan birtakim degisiklikler olusur. Bu yazida postpartum dénemde akut inflamatu- 
ar sakroiliit saptanan HLA B27 pozitifligi bulunan ve klinik izlem surecinde psoria- 
tik artrit tanisi konan bir olguyu tanimladik. Postpartum bel agrisinda inflamatuar 


sakroiliitin ayiric! tanilar arasinda yer almasi gerektigini vurgulamay! hedefledik. 
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Abstract 

During the pregnancy several changes occur in sacroiliac joint and pelvis which 
may predispose for sacroiliac joint strain and septic sacroiliitis. We describe a 
case of acute inflammatory sacroiliitis in a patient with HLA B27 positivity during 
postpartum period, and diagnosed psoriatic arthritis during the follow up period. 
We aimed to emphasize that inflammatory sacroiliitis should take place whithin 


differantial diagnose of postpartum low back pain. 
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Introduction 

During the pregnancy several changes occur in sacroiliac joint 
and pelvis which may be predisposing factors for sacroiliac 
joint strain and septic sacroiliitis [1]. 

Psoriatic arthritis is an inflammatory arthritis associated with 
psoriasis. Hereby we report postpartum acute inflammatory 
sacroiliitis in human leukocyte antigen HLA B-27 positive pa- 
tient who had not experienced low back or hip pain associated 
with spondyloarthritis in her history and diagnosed psoriatic 
arthritis (PsA) during clinical follow up period. 


Case Report 

22 year old female patient presented with low back pain since 
15 days. The low back pain had began acutely, involving bilat- 
eral buttock. She described marked morning stiffness lasting 
3 hours since 2 weeks. She had an history of labour by cae- 
sarean section 2 months ago. There were no trauma, inflama- 
tory low back pain, systemic infection, urethritis, skin lesions, 
uveitis, conjunctivitis and gastrointestinal symptoms in her his- 
tory. The family history was negative for rheumatic diseases. 
She had no smoking history. In physical examination, bilateral 
sacroiliac compression and Geanslen tests were positive. Palpa- 
tion of sacroiliac joints were exquisitely painfull to direct pres- 
sure. Back pain assessed on a visual analog scale (VAS) as 9. 
Systemic examination and cervical, thoracal, lumbar spine and 
peripheral joint examination was unremarkable. 

In laboratory examination serum C-reactive protein (CRP) was 
6,02mg/L_ (Normal range O-5mg/L), hemoglobine was 11,4 g/ 
dL (Normal range 12-15,5 g/dL), erytrocyte sedimentation rate 
was 70 mm/h (Normal range 0-20 mm/h), white blood cell count 
was 10100/mm? (Normal range 3500-10500/mm#) (Table 1). 
Urine test was unremarkable. Brucella agglutination test was 
negative. The patient was HLA-B27 positive. 

Plain radiograph of sacroiliac joint revealed bilaterally definite 
sclerosis on both sides of joint and we considered as grade 3 
sacroiliitis (Figure 1). 

Magnetic resonance imaging of sacroiliac joint showed bone 
narrow edema of sacroiliac joint associated with bilateral sac- 
roiliitis that is more marked on right side (Figure 2). 
Sulphasalazine treatment 500 mg twice a day and ibuprofen 
1200 mg daily started. After second week, pain on VAS was 
50 mm. In laboratory examination serum C-reactive protein 


Figure 1. Bilaterally derrangement and sclerosis on both sides of sacroiliac joint 


Figure 2. Bilaterally asymmetric sacroiliitis seen in magnetic resonance imaging 


(CRP) was decreased to 3,19 mg/L, erytrocyte sedimentation 
rate was 39 mm/h. At the third follow up she reported neither 
low back, hip pain nor morning stiffness. By the end of one 
year she had not reported inflammatory low back, hip pain or 
peripheral arthitis but physical examination realized red squa- 
mous plaques on her abdominal skin and scalp covered with 
white scales. We consultated with dermatology clinic and she 
had diagnosed as psoriasis. She was stil under treatment of 
non-steroidal antiinflammatory drugs. 


Discussion 

Hereby we reported a HLA B 27 positive patient with acute 
inflammatory sacroiliitis during late postpartum period. She did 
not describe any symptoms of low back, hip pain, peripheral 
arthritis or skin lesions associated with spondiloarthritis in her 
history. In this report we aimed to emphasize that, sacroiliac 
mechanical stress during delivery may have a triggering a role 
in inflammatory sacroiliitis due to PsA pathogenesis when ge- 
netical predispositional factors were present. 

Postpartum period is consisted of three phases. The initial or 
acute period involves the first 6-12 hours after delivery. The 
second phase is the subacute postpartum period, which lasts 
2-6 weeks. The third phase is named as the delayed postpar- 
tum period, which can last up to 6 months [2] 

Symptoms associated with PsA are appeared initially after the 
2 months period of time after the delivery, so she was in the 
delayed postpartum period which is the period of recovering 
period. 

In literature four cases were reported with inflammatory sacroi- 
liitis in postpartum period but all were HLA B-27 negative and 
all were in a few days after the delivery [1]. The relaxation of 
pelvic joint may be responsible from sacroiliac joint strain and 
a secondary inflammatory process had been occured secondary 
to mechanical stress [1]. Postpartum inflammatory sacroiliitis 
may be a self limiting condition and usually resolve in a period 
of few months but clinical follow up must be more intense when 
HLA B27 positivity present. Recently Mahovic et al. reported a 
case of pregnancy related posterior pelvic girdle pain during 
early postpartum period in a patient who has treated succes- 
fully with analgesics and physical therapy. Unlike our report the 
patient was HLA B27 negative, and she suffered from mostly 
mechanical charecteristics of pain, and at the end of 2 months 
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her symptoms were relieved [3]. Unlike previous report, our case 
experienced pain with inflammatory charecter, and she was 
HLA B27 positive. The psoriatic skin lesions detected during the 
follow up process encouraged our diagnose of PsA. 

As the retrospective analysis indicated onset of Ankylosing 
Spondylitis (AS) is closely related to pregnancy and delivery, our 
patient presented with low back pain began 2 months after the 
delivery. Pelvic stress during pregnancy and parturition may be 
effective on the onset of symptoms when genetic predisposi- 
tion exist. Increased pelvic stress during pregnacy and delivery 
may contribute patient’s symptoms and onset of inflammatory 
sacroiliitis [4]. The distinctive feature of our patient is, first clin- 
ical signs of inflammatory sacroiliitis started in late postpartum 
period and the occurance of psoritaic lesions about a year after 
the onset of inflammatory low back pain. Genetical predisposi- 
tion additional to mechanical factors may lead to first flare up 
of spondyloarthritis. To our knowledge this is the first report 
that described inflammatory postpartum sacroiliitis with HLA 
B27 positivity and diagnosed psoriatic spondyloarthritis after 
long period of time. However onset of psoriatic arthritis is more 
common after a period of time psoriatic skin lession occur, our 
report is interensting that of spondyloarhtritic symptoms over- 
lap during the period of late postpartum stage, and onset of 
skin lesions occured 1 year after the sacroiliitis. Mechanical 
factors associated with gestational period with presence of ge- 
netical predisposition to pseuriasis and spondyloarthritis may 
be responsible of this clinical condition. 

The most important differantial diagnose in postpartum sac- 
roiliac joint pain in pyogenic sacroiliitis. We did not have per- 
formed sacroiliac joint culture because there were no systemic 
signs of infection in our patient and we achieved good response 
to sulphasalazine and non-streoidal antiinflammatory medica- 
tion. Also HLA-B 27 positivity confirmed our sacroiliitis diag- 
nose associated with spondyloarthritis. 

The other underlying cause of pelvic pain during peripartum pe- 
riod is strain of ligaments in the pelvis and lower spine resulting 
from a combination of damage to ligaments, hormonal effects, 
muscle weakness, and the weight of the fetus. Peripartum pel- 
vic pain was associated with twin pregnancy, first pregnancy, 
higher age, larger weight of the baby, forceps or vacuum ex- 
traction, fundus expression, and a flexed position of the woman 
during childbirth and a negative association was observed with 
cesarean section [5]. In our patient clinics the complaint of low 
back or pelvic pain during postpartum period is not uncommon. 
However the sacroiliac joint strain or lomber strain is the most 
frequent diagnose, the physician must be in suspicion of in- 
flammatory or pyogenic sacroiliitis as well. The onset of back 
pain during the postpartum period may be the first symptoms 
of spondyloarthritis. 

Plasma concentrations of cytokines have been shown to change 
during pregnacy. Gestational increase of cytokine inhibitors in- 
terleukin 1 receptor antagonist (IL-1ra) and soluble tumor ne- 
crosis factor receptor (STNFR) in the circulation is comply with 
low disease activity in RA and AS patients [6]. The decraesed 
levels of IL-1ra and sTNFR concentration during postpartum 
period may be responsible for exacebating disease activity. 
Our patient’s onset of symptoms may be associated with the 
decreased level of antiinflammatory cytokines in plasma ad- 


ditional to mechanical stress. The influence of hormones and 
cytokine levels on disease activity in patients with spondyloar- 
thritis, especialy with pregnant patients with psoriasis must be 
an issue for further study. 

It has been defined that trauma, mechanical stress are prevel- 
ant in psoriatic arthritis. In one study 8% of patients with PsA 
experienced trauma history within 3 months before onset of 
the disease while this ratio is only 2% in patients with RA [7]. 
Biomechanical stress may lead microtrauma, with activation of 
stress genes and upregulation of adhesion molecules. McGona- 
gle et al assumed that, in patients, those with HLA B27 antigen, 
microtrauma or microbial factor at the diseased site upregu- 
late the proinflammatory cytokines, and homeostasis may shift 
from repair to inflammation [8]. The third stage of postpartum 
period (6 weeks-6 months) is the time of restoration of muscle 
tone and connective tissue to the prepregnant state [2]. The 
repairing process may have been shifted to inflammation and 
initiated the inflammatory sacroiliitis associated with PsA, with 
the presence of HLA B27 positivity. Postpartum initiation of 
sacroiliitis in addition to mechanical stress of sacroiliac joints 
during pregnancy, and delivery can suggest, posttraumatic-on- 
set PsA in our patient. 

In conclusion inflammatory sacroiliitis may be the cause of low 
back pain during postpartum period, and the mechanical stress 
due to sacroiliac joint may lead inflammatory reaction trigger- 
ing sacroiliitis, associated with PsA. 
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Ozet 

Uriner sistemin en sik konjenital anomalisi Greter duplikasyonudur. Ureter dup- 
likasyonu tamamuyla ayri Ureterden bifid pelvise kadar degisim gostermektedir. 
Rapor edilen insidans otopsi serilerinde %0.8, pyelografi incelemelerinde %40’a 
kadar degismektedir. Tek tarafli form bilateral olana gére 6 kez daha sik gelisir, 
sol ve sag taraf esit olarak tutulur. Bilinen tas hastaligi olmayan 37 yasinda er- 
kek olgu 3 saattir stiren sag yerlesimli kolik agri ile Groloji boliimimiize basvurdu. 
Ultrasonografi ve Bilgisayarl! Tomografi (BT) yapildi. Biz parsiyel cift ltimenli dis- 
tal treterin radyolojik bulgularini gésterdik. Bizim bilgilerimize gore, bu literatiir- 


de daha 6nce rapor edilmemistir. 
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Abstract 

Ureter duplication is the most common congenital anomaly of the urinary system. 
Ureteral duplication varies from a bifid pelvis to completely separate ureters. The 
reported incidence varies from 0.8% in an autopsy series, to 40% in a pyelography 
review, and displays a wide spectrum of imaging findings . The unilateral form 
occurs about 6 times more commonly than the bilateral form, with the left and 
right sides being almost equally involved. A 37 year old male with no previous 
history for stone disease presented to the urology department with right sided 
colicky pain for three hours. Ultrasonography and Computurized Tomography (CT) 
were performed. We demonstrated radiologic findings of distal ureter with par- 
tially double lumen. According to our knowledge, it has not been reported in the 


literature previously. 
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Introduction 

Ureter duplication is the most common congenital anomaly 
of the urinary system. Ureteral duplication varies from a bifid 
pelvis to completely separate ureters. The reported incidence 
varies from 0.8% in an autopsy series, to 40% in a pyelography 
review, and displays a wide spectrum of imaging findings [1-2]. 
The unilateral form occurs about 6 times more commonly than 
the bilateral form, with the left and right sides being almost 
equally involved [3]. 

We demonstrated radiologic findings of distal ureter with par- 
tially double lumen. According to our knowledge, it has not been 
reported in the literature previously. 


Case Report 

A 37 year old male with no previous history for stone disease 
presented to our hospital with right sided colicky pain for three 
hours. Ultrasonography revealed dilatation of the collecting 
system of the right kidney. The patient was admitted to the 
urology department since his pain did not respond to initial 
analgesic treatment. He was treated with parenteral narcotic 
analgesics and hydration. Non-contrast CT revealed a 4 mm 
stone in the right lower ureter. The patient was discharged 
with oral medication after his pain subsided for a trial of spon- 
taneous passage. Two days later, he came back to the urol- 
ogy department with colicky pain. At this time, non-contrast 
CT showed that the stone was still in the right lower ureter. 
Thus, a decision was made for ureteroscopic removal. At right 
sided ureteroscopy the stone was located at the lower ureter 
and was removed with basket catheter. After the stone was 
removed it was seen that the ureteral lumen divided into two 
separate channels proximal to the location of the stone. Retro- 
grade ureteropyelography was performed which showed that 
approximately 3 centimeters of lower ureter had double lumina 
which joined both proximally and distally. The remaining parts 
of the ureter and pyelocalyceal system were normal. No fur- 
ther interventions were performed. The patient was completely 
symptom-free after the operation and was discharged on post- 
operative day one. Intravenous pyelography was performed one 
month after surgery which showed similar findings with retro- 
grade ureteropyelography (Figure 1A and1B) 


Discussion 

The unilateral ureter duplications are the most common anom- 
aly of the urinary system. The unilateral form occurs about 6 
times more commonly than the bilateral form, this anomaly are 
seen equally in the left and right sides [3]. 

It presents complete or incomplete ureteric duplication. Incom- 
plete duplication is three times more common than complete 
duplication, which are 500 people [4]. 

The ureteric orifices are characteristically inverted, in relation 
to the renal unit they drain. The ureter of the lower renal unit 
drains to the normal ureteric insertion, while the ureter of the 
upper renal unit drains ectopically [5]. 

Our patient had unilateral ureter duplication. Interestingly, sin- 
gle ureter lumen was separated into pieces lumen in the distal 
ureter and then it was fused at end of the split, which located 
distal of the 3-4 cm. There was one ureter opening to bladder. 
Unfortunately, there is small amount of information about ure- 


Figure1. (A,B) intravenous urography shows right ureter with partially double lu- 
men (arrows) and shows normal left ureter and bladder. 


ter development and these knowledges base on speculative the- 
ories related the molecular mechanism of smooth muscle cell 
and urethelial differentiation. Morphologically, the ureter begins 
as a simple cuboidal epithelial tube surrounded by loose mes- 
enchymal cells, which acquires a complete lumen at 28 days of 
gestation in humans. It was suggested that the developing ure- 
ter undergoes a transient luminal obstruction between 37 and 
40 days and subsequently recanalizes[6]. It appears that this 
recanalization process begins in the midureter and extends in 
a bidirectional manner both cranially and caudally. In addition, 
another source of physiologic ureteral obstruction may exist as 
Chowilla’s membrane, a two-cell-thick layer over the ureteric 
orifice that is seen between 37 and 39 days of gestation [7] 

In our patient, the partial duplication of the ureteral lumen 
might have been caused by intraluminal attachments’ formed 
during the recanalization process. 

These patients may be accompanied by other ureteral anoma- 
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lies such as ectopic ureter and have an increased risk of de- 
veloping urinary tract infection, pain, hydronephrosis and stone 
formation. Incomplete duplication is most often associated with 
ureteroureteral reflux or ureteropelvic junction obstruction of 
the lower pole of the kidney. Complete duplication is most often 
associated with vesicoureteral reflux, ectopic ureterocele, or ec- 
topic ureteral insertion, all of which are more common in girls 
than in boys. Vesicoureteral reflux affects the lower pole and can 
be outgrown, as in no duplicated systems [8] 

Similarly, our patient had pain and stone formation. In conclu- 
sion, we want to report radiologic findings of distal ureter with 
partially double lumen. To the best our knowledge, there are no 
published in the literature previously. 
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